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Abstract

Background: Degenerative cervica myelopathy (DCM) is a common, chronic neurological condition that severely affects
individuals by causing a range of disabling symptoms, frequently at a time around the peak of their careers. Subsequently,
individualswith DCM often become dependent oninformal care arrangements. The significant economic contribution of informal
care and its burden on care providers are becoming increasingly recognized.

Objective: This study aimed to measure the quality of life of DCM informal caregivers and provide preliminary insight into
possible contributing factors.

Methods: Carers of individuals with DCM completed a Web-based survey hosted by Myelopathy.org, an international DCM
charity. Carer quality of life was assessed in the form of caregiver happiness and 7 dimensions of carer burden using the
Care-Related Quality of Life (CarerQol) instrument. The relationships between patient disease severity, patient pain, and carer
quality of life were investigated. Differencesin carer quality of life were assessed across patient and carer demographic groups,
including between UK and US carers.

Results: DCM caregivers experienced substantial burden as a result of their caregiving (mean CarerQol-7D=64.1; 95% ClI
58.8-69.5) and low happiness (mean CarerQol-VAS [Visual Analog Scale€]=6.3; 95% Cl 5.7-6.9). Burden was high and happiness
waslow in DCM carers when compared with alarge, mixed-disease study of adult informal carers where CarerQol-7D was 79.1
and CarerQol-VASwas 7.1. No significant rel ationship was found between DCM carer quality of life and patient disease severity
and pain scores. DCM carer quality of life appeared uniform across al patient and carer demographic groups.

Conclusions: Caring for individuals with DCM is associated with reduced quality of life in the form of significant burden and
reduced happiness. Reductions appear greater in DCM than in other diseases investigated. However, no simple relationship was
identified between individual patient or carer factors and carer quality of life.

(Interact J Med Res 2019;8(4):€12381) doi:10.2196/12381
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Introduction

Background

Degenerative cervical myelopathy (DCM) is a neurological
condition of symptomatic cervical spina cord compression,
secondary to a range of degenerative changes in the cervical
spine [1]. The causative pathology includes osteophyte
formation, disc herniation and ligament hypertrophy,
cacification, and ossification [2].

DCM is the most common spinal cord disorder [2], with
evidence from imaging studies estimating prevalence as high
as 5% in the over 40s [3]. At present, treatment is limited to
surgical decompression, which is able to halt disease
progression, but existing damage is often permanent [4,5].
Consequently, most patientsretain lifelong disabilities, including
reduced quality of life. Infact, arecent study demonstrated that
DCM patients have one of the most impaired quality of life
scores of al chronic diseases—Ilower than diabetes, cancer,
chronic obstructive pulmonary disease (COPD), and depression
according to 36-1tem Short Form Heath Survey (SF-36) scores
[6].

Informal care refersto care provided by family and friends[7].
Historically, informal care received little attention. However,
itisclear that providing informal care brings substantial burdens
to informa care providers. One study found a 63% higher
mortality risk among carers experiencing strain compared with
noncaregiving controls [8], whereas another study reported a
significant association between carer depression and the
likelihood and amount of time missed at work [9]. Informal
carers of patients suffering from arange of chronic conditions,
including spinal cord injuries [10], dementia [11], eating
disorders [12], and Pompe disease [13], among others, have
now been studied. Regardless of the disease, these studies
consistently describe increased levels of burden, stress,
depression, physica health problems, and a range of
psychosocial problemsin carers. Moreover, in anational survey
of 2000 carers in the United Kingdom, 77% reported health
deterioration because of the strain of providing care [14].
Unfortunately, despite these substantial burdens for carers,
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informal care has a minor influence on health care decisions
[7].

Degspitethis, recent work continuesto demonstrate that informal
care frequently forms a significant proportion of total care,
particularly in chronic conditions [7] such as DCM. For
example, inthe United Kingdom there are an estimated 6 million
informal carers[15], and in the United States, estimates suggest
that there may be as many as 66 million informal carers [16].
The total economic contribution of UK carers is estimated at
£132 billion per year [17], whereasin the United Statesthetotal
opportunity costs of informal elder-care amounts to US $522
billion annually [18].

Methods have been developed to measure informal care and
facilitate its incorporation into economic evaluations of health
care [19]. Available methods are diverse, with a range of
different instruments, measurements, and val uation techniques
available. Both costs and effects of informa care can be
measured with arange of monetary and nonmonetary methods.
Nonmonetary methods focus on areas such as health-related
quality of life, care-related quality of life, and well-being.
Monetary methods include reveal ed preference-based methods
and stated preference methods.

The Care-Related Quality of Life (CarerQol) instrument was
designed to measure and value theimpact of providing informal
care [20]. The instrument consists of 2 parts. The first part,
CarerQol-7D, is a subjective burden measure assessing 2
positive and 5 negative dimensions of the impact of providing
care (Figure 1). The 2 positive dimensions measure (1)
fulfillment from caregiving and (2) support with caregiving.
The5 negative dimensions assess (1) relationship problems, (2)
own mental health problems, (3) problems combining caretasks
with daily activities, (4) financia problems, and (5) own
physical health problems.

The second part, CarerQol-Visual Analog Scale (VAS), consists
of a subjective measure of carer well-being in the form of a
general happiness rating on a VAS of 1 to 10. A particular
benefit of the CarerQol is that it is generic, allowing for
comparison between conditions.
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Figure 1. The Care-Related Quality of Life (CarerQoL-7D) instrument assesses carer quality of life in terms of burden and happiness (Visua Analog
Scale [VAS]). For the 7D, carers choose from 3 responses to 7 different questions, their overall score aggregating to a total out of 100, with 100
representing the least carer burden. For the VAS, carers rate their happiness on a visua analog scale from 0 to 10, with 10 representing the greatest

happiness.
CarerQol-7D
Please draw an “X" to indicate which description best fits your current caregiving situation
o some & lotof

a.  lhave |:| |:| |:|fulf'1lrnem from carrying out my care tasks

b.  lhave |:| |:| Dmlatiunal problems with the care receiver {eg he/she is very
demanding, he/she behaves differently, we have communication
problems)

e. lhave |:| |:| Dproblems with my own mental health {eg stress, fear, gloominess,
depression, concern about the future)

d. Thave |:| I:l Dproblems combining my care tasks with my own daily activities (eg
household activities, work, study, family and leisure activities)

e lhave [ ] [ ] [ ]financial problems because of my care tasks

f I have |:| I:l Dsupporl with carrying out my care tasks, when I need it (eg from family,
[riends, neighbours, acquaintances)

g lhave |:| |:| E’prohh:m.-t with my own physical health (eg more often sick, tiredness,
physical stress)

CarerQol-VAS

Please draw an “X" on the scale to indicate how happy you feel at the moment

Completely Completely
unhappy happy
| |
0 1 2 3 4 5 ] 7 ] 9 10
R cervical myelopathy) [22]; best, worst, and current neck and
Objectives yelopathy) [22]

Given that DCM causes substantial reductionsin the quality of
life of patients [6], we hypothesized that there would also be
reductions in the quality of life of DCM carers.

The objective was to measure the quality of life of DCM
informal carers and provide preliminary insight into possible
contributing factors.

Methods

The DCM carer quality of life survey was designed and is
reported following the Checklist for Reporting Results of
Internet E-Surveys[21].

Survey Design
A cross-sectional observational study was conducted utilizing
a Web-based survey targeted at carers of patients with DCM.

The questionnaire included questions to assess the situation of
DCM patients and carers. Patient situation questions captured
demographics including age, gender, and education; Nurick
score (a disease severity classification that utilizes the degree
of walking impairment to score the severity of a patient’s
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arm/hand pain scores; and patient dependence on a carer. Carer
situation questions captured carer demographicsincluding age,
gender, education, employment, country of residence, and length
of time asacarer.

Carer quality of lifewas assessed using the CarerQol instrument
[20]. The instrument (Figure 1) comprises 2 parts. a
CarerQol-7D and a CarerQol-VAS.

The CarerQol-7D is designed to provide a comprehensive
description of the caregiving situation [23]. Each dimension is
assessed using a 3-item scale. For exampl e, the respondent rates
the statement “I have fulfillment with carrying out my care
tasks’ by choosing from 3 responses: (1) no, (2) some, or (3) a
lot of. The responses for each dimension are weighted with a
tariff score. From these, an aggregate score between 0 and 100
can be calculated, with O corresponding to the most carer burden
(worst informal care situation) and 100 to the least carer burden
(best informal caresituation). Tariffsfor cal culating these utility
scores were derived using discrete choice experiments among
the general population and are population-specific. At thetime
of study, tariffs were available for the Netherlands [24],
Australia, Germany, Sweden, the United Kingdom, and the
United States[25].
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The CarerQol-VAS consists of a horizontal visual analog scale
whereby the carer rates their happiness on a scale of 0 to 10,
with O representing a situation in which the carer is completely
unhappy and 10 representing a situation in which the carer is
completely happy [20]. The CarerQol-VAS allows informal
care to be considered from an economic perspective. Carer
happiness assessed using the CarerQol-VVASisabroad measure,
which allows capturing of the influences of the multitude of
factors that contribute to carer happiness.

Numerous construct validation studies support the validity of
the CarerQol instrument [26-29].

The survey was initially piloted on a small group of carersand
found to be satisfactory without need for modification.

Ethics Approval and Informed Consent

The study was ethically approved by the University of
Cambridge. All research was performed in accordance with
relevant guidelines and regulations.

All carers completed the questionnaire voluntarily and were
informed before doing so that their responses would be used
anonymously for research purposes. Study objectives were
outlined on the initial page, including details of the host
organization. This acted as the electronic consent, with
continuation into the survey taken as agreement. Respondents
were also presented with a description of DCM, including
relevant symptoms, and were required to confirm they cared
for someone who suffered from this condition

No respondent-identifiable information was stored.

Participants

All DCM carersfrom countriesfor which CarerQol tariffswere
avalable at the time of study were included. Carers from
countries without available CarerQol tariffs were excluded.

Recruitment

The recruitment strategy has been described previously [30].
An open survey design was employed. Carers of patients with
DCM were recruited to an Web-based questionnaire,
administered by SurveyMonkey. Social media posts (Facebook
and Twitter), supported by Myelopathy.org, were utilized to
recruit participants. No contact was made with participants
outside the survey.

Administration

The questionnaire was hosted on a designated landing page on
Myelopathy.org, a UK registered charity, with a large online,
international patient community. The website provides arange
of educational materials, support groups, and details of current
research studies. The survey was not administered via email.
Completion of the survey was voluntary, and no incentiveswere
offered. Responses were collected for 12 months from
November 1, 2015. A total of 25 survey items were distributed
over 7 survey pages. Only responses that were complete for all
carer quality of life domains were included in the final data
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analysis. A missing data analysis showed complete and
incomplete responses were otherwise comparable, providing
reassurance that excluding incomplete responses did not
introduce additional bias. Respondents were able to click back
though and review their answers to previous questions before
submission of the survey.

Response Rates

Google Analytics, a Web-based analytics service that enables
tracking of visits to a website, was utilized in this study to
measure the number of visitorsto Myel opathy.org. Survey view
ratefor total visitsto the Myel opathy.org home pagewas 2.37%
(421/17,737), participation rate was 32.3% (136/421), and
completion rate was 37.0% (136/368).

Preventing M ultiple Entries From the Samel ndividual

Internet protocol addresses were recorded and used to prevent
users submitting multiple responses.

Statistical M ethods

Data were checked for the presence of outliers and normality
of distribution. First, as CarerQol, Nurick, and pain scoreswere
not monotonically related, Kendall tau-b was utilized to assess
for a relationship, using 2-tailed tests. Second, differencesin
CarerQol-7D and VAS scores between demographic groups
were assessed using 1-way analysis of variances (ANOVAS).
In 1 case the assumption of homogeneity of variance was
violated; a Welch ANOVA was performed to assess for
difference in CarerQol-VAS as a function of duration of time
as a carer. Third, an independent-samples t test was run to
determine if there was a difference in CarerQol-7D score
between UK and US carers. Fourth, as CarerQol-VAS violated
the assumption of normality, a Mann-Whitney U test was run
to determineif therewere differencesin CarerQol-VAS between
UK and US carers. Distributions of UK and US CarerQol-VAS
scores were similar, as assessed by visual inspection. Analyses
were conducted using SPSS Version 22 (IBM Corp).
Significance was set at P<.05. We report mean (SD) unless
otherwise specified.

Results

Participants

A total of 136 responseswerereceived (Figure 2). A total of 49
responses were inadvertently completed by DCM patients and
were thus excluded. Of the remaining 87 responses, 31 were
excluded: 3 were completed by Canadian carers for whom
CarerQol tariffs were not available at the time of study, and 28
responses had partial (6) or completely (22) missing CarerQol
data. In a missing data analysis, scores for each CarerQol
component between the 56 complete and 6 partially incomplete
responses were comparable, providing reassurance that
excluding the partially incomplete responses was unlikely to
introduce bias. Patient and carer characteristics were >95%
complete for each variable, permitting meaningful analysis.
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Figure 2. Flowchart of response selection. A total of 136 questionnaire responses were received, 56 of which wereincluded in thefinal analysis. DCM:
degenerative cervical myelopathy.

136 responses received

.| 49 responses not from
carers of DCM patients

h

87 responses from carers
of patients with DCM

»| 3 responses from
Canadian carers

¥
84 responses from US/UK
carers of patients with

DCM

| 22 completely incomplete
"| responses, 6 partially
incomplete responses

b
56 responses from US/UK

carers of patients with
DCM

carers were over the age of 40 years, and most (31/53, 59%)
combined their caring responsibilities with either full-time
As summarized in Table 1 (n [%]), the majority of carerswere  (21/53, 40%) or part-time (10/53, 19%) work. The majority
female (32/53, 60%), white (51/52, 98%), and from the United  (19/34, 56%) felt their employment had been affected by the
Kingdom (45/56, 80%). Duration of time asacarer wasvaried,  demands of their caregiving.

ranging from less than 1 year to 25 years. Most (49/54, 91%)

Patient and Carer Situation
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Table 1. Patient and carer situation.

Variable Patient, n (%) Carer, n (%)
Gender n=56 n=53
Male 22 (39) 21 (40)
Country of residence n=56 n=56
United Kingdom 45 (80) 45 (80)
United States 11 (20) 11 (20)
Age (years) n=56 n=54
<17 0(0) 2(4
18-20 0(0) 0(0)
21-29 1(2) 0(0)
30-39 4(7) 3(5)
40-49 14 (25) 13 (24)
50-59 18(32) 20 (37)
260 19(34) 16 (30)
Education n=56 n=53
L ess than high school 14 (25) 6 (1)
High school degree or equivalent 10 (18) 14 (26)
Some college but no degree 15 (27) 14 (26)
Associate degree 5(9) 5(10)
Bachelor’s degree 10 (18) 4(8)
Graduate degree 2(3) 10 (19)
Ethnicity _a n=52
White — 51 (98)
African American — 1(2
Employment status — n=53
Employed, working full time — 21 (40)
Employed, working part time — 10 (19)
Not employed, looking for work — 0(0)
Not employed, not looking for work — 6 (1)
Retired — 14 (26)
Disabled/unable to work — 2(4)
Employment affected by caring — 19 (56)
Length of timeas carer (years) — n=56
0-1 — 13 (23)
1-3 — 15 (27)
3-10 — 24 (43)
10-25 — 4(7)
>25 — 0(0)

3Data were not collected.
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Carer Burden and Happiness

Mean carer burden measured by the CarerQol-7D was64.1 (SD
20.4). Mean carer happiness assessed by the CarerQol-VAS
was 6.3 (SD 2.2; Table 2).

The distribution of responses to individua CarerQol-7D
dimensions, as a percentage of the overall responses to each
dimension, is shown in Figure 3. Most DCM carers (47/56,
84%) experienced at least some (some or alot of) fulfillment

Table 2. Carer burden and happiness scores (n=56).

Mowforth et al

caring. Despite this, most carers experienced at least some
mental health problems (43/56, 77%) and at | east some physical
health problems (41/56, 73%). In addition, around half reported
at least some rel ationship problemswith the care receiver (32/56,
57%) and at |east somefinancial problems (28/56, 50%) because
of their care responsibilities. Less than half (27/56, 48%)
received at least some support with their care tasks, when
needed. Most carers (44/56, 79%) experienced problems
combining their care tasks with their everyday activities.

I nstrument Mean (SD) 95% CI Range
Care-Related Quality of Life-7D 64.1 (20.4) 58.8-69.5 14.6-100
Care-Related Quality of Life-Visual Analog Scale 6.3(2.2) 5.7-6.9 1-10

Figure 3. Distribution of responsesto Carer-Related Quality of Life (CarerQol)-7D dimensions for degenerative cervical myelopathy carers.

Fulfilment with carrying out care tasks

Relational problems with the care receiver

Problems with own mental health

Problems combining care tasks with daily activities

Financial problems because of care tasks

Support with carrying out care tasks, when needed

Problems with own physical health

mNo (%) mSome (%)

Influence of Carer and Patient Situation

No significant relationship was found between carer burden or
happiness and patient disease severity (Nurick score) and pain
scores (Multimedia Appendix 1). Moreover, no significant
difference in carer burden or happiness was found between
different groups for demographic characteristics studied: patient
age, gender, education, dependency, carer age, gender,
education, employment, and duration of time as a carer
(Multimedia Appendix 2).

Table 3. Mean carer burden and happiness lower in US carers.

w Alot of (%)

United States Versus United Kingdom

Mean DCM severity was similar for UK and US patients with
Nurick scores of 293 (SD 1.03) and 2.91 (SD 0.94),
respectively. Mean carer burden score was 58.2 in the United
States compared with 65.6 in the United Kingdom (Table 3).
Mean carer happiness score was 5.9 in the United States and
6.4 in the United Kingdom. These differences were not
statistically significant.

Country and instrument Mean (SD) 95% CI Range
United Kingdom (n=45)
Care-Related Qudlity of Life-7D 65.6 (19.2) 60.5-70.6 22-100
Care-Related Quality of Life-VAS 6.4 (2.3) 5.8-7.0 1-10
United States (n=11)
Care-Related Qudlity of Life-7D 58.2 (24.9) 51.7-64.7 14.6-95.5
Care-Related Quality of Life-VAS 5.9(1.9) 5.4-6.4 39
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Discussion

Key Findings

These data demonstrate that carer quality of life is markedly
reduced in DCM. Most carers reported mental and physical
health difficulties, adverseimpacts on employment, and strained
relationships with the patient. No significant relationships
between carer quality of life and patient disease and pain scores
were identified. Moreover, no significant difference in carer
quality of lifewasidentified between different patient and carer
demographic groups.

Interpretation

These findings are significant because informal care plays a
fundamentally important role in health care. In the United
Kingdom, the value of informal care is estimated to be £132
billion per year [17], whereas according to the Institute for Fiscal
Studies, in 2015/16 the UK government spent £140.6 billion
on health and £29.9 billion on social care.

Increased strain on carers leads to increased carer illness,
creating further demands on health care and negative economic
consequences. As an age-related degenerative condition, the
incidence and prevalence of DCM is expected to rise. In the
context of an ageing population and accelerating health care
innovations, health care costs are ever increasing. Therefore,
supporting the providers of informal care, to prevent carer
burnout and preserve carer health, is essentia in ensuring
sustainable and financially viable health care systems.

Carer Quality of LifelsReduced in Degener ative
Cervical Myelopathy Compared With Other Chronic
Conditions

Considering DCM carer quality of life in context is currently
limited by several issues. Comparisons with the general
population are limited because the CarerQol instrument
guestions are specifically targeted at the burden associated with
being acarer. In addition, because of the novelty of the CarerQol
instrument, few comparable studies currently exist.
Unfortunately, thetotal CarerQol-7D scoreisoften not reported.
Nonetheless, several comparisons can be made as follows:

1 A large study of 1244 adult carers in the Netherlands
reported a mean CarerQol-7D score of 79.1 and a mean
CarerQol-VAS of 7.1 [26]. The mean CarerQol-7D of 64.1
and CarerQol-VAS of 6.3 detected in this study suggests
higher carer burden and lower happiness in DCM carers
compared with carersin general.

2. Similarly, CarerQol-VAS scores indicated that mean
happiness in carers of individuals with DCM was lower
than those observed in carers of individual s suffering from
other conditions. Reported scoreswere 7.5 in head and neck
cancers [31], 7.4 in autism [29], 7.5 in craniofacia
malformations [32], and 7.2 in Pompe disease [13].
Therefore, DCM may pose heavier burden on carers than
other reported diseases.

3. Using asimilar 0 to 10 scale as in the CarerQol-VAS, the
average population happiness has been estimated at 7.1 for
the United Kingdom, 7.3 for the United States, 7.6 for the

http://www.i-jmr.org/2019/4/€12381/
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Netherlands, and 7.5 for Ireland [33]. The reduction of
happiness in carers of individuals with DCM is large
compared with the average happiness of the study
population country (12.5%) and compared with carers of
people with Pompe disease (5.3%), craniofacial
malformations (2.7%), and autism (1.4%).

Although these comparisons are not without limitation, including
lack of formal statistical comparison, carer quality of life scores
appear consistently lower in DCM than reported in other
diseases and general population estimates, suggesting that
quality of life may be particularly affected in DCM carers.
Exactly why carers are more affected in DCM remains unclear.

In this study we did not identify any associated factors. This
may have been masked by our sample size, as studiesinvolving
larger groups (eg, n=200), albeit using aternative quality of life
instruments, have found that carer demographics such as age,
gender, health status, and duration of caregiving influence carer
quality of life [34]. However, the absence of any trends between
our investigated factors and carer quality of life may suggest
that instead, significant factors were not considered. For
example, other studies have shown alink with increasing hours
of required care and the patient’s quality of life [13].

Recent research indicates that patient quality of lifein DCM is
lower than many other severe chronic conditions, including
diabetes, cancers, and COPD [6]. In addition, DCM patients
have a high prevalence of affective disorders [35], which may
provide a possible explanation for the high carer burden and
warrants further investigation.

Generalizability

AsCarerQol tariffsbecome available for several other countries
[25], more nationalities should be included in future work. The
comparison of diverse cultures and heath care systems may
provide novel insight into factors influencing carer quality of
life. For example, it would be interesting to compare carer
quality of life across cultures that place differing care
expectations upon the family of those who areill and between
countries with more and less developed health and social care
systems. This would help elucidate whether it is persona or
wider societal factors that are most influential on carer quality
of life.

Limitations and Future Directions

Internet recruitment to patient-specific health surveys can be
effective and reach an international audience efficiently and
inexpensively, with less missing data compared with postal
questionnaires [36,37].

Despite promising and comparable completion rates, the number
of carers recruited was lower than patients in a DCM patient
study using the same recruitment methods. Given the levels of
disability in DCM, having fewer carersthan patientsisunlikely.
It is more likely the internet recruitment methods were more
effective for patients than carers, perhaps with patients more
likely to identify with their condition (DCM) than carers with
their situation (caring for someone with DCM). Given the
limited experience of internet recruitment and behavior among

Interact JMed Res 2019 | vol. 8 | iss. 4 |€12381 | p.9
(page number not for citation purposes)


http://www.w3.org/Style/XSL
http://www.renderx.com/

INTERACTIVE JOURNAL OF MEDICAL RESEARCH

carers, we can only speculate at this time. However, to support
further research in thisfield, thisdeservesfurther consideration.

Inclusion of only 56 of the 136 responses received in the final
analysiswasdisappointing. In total, 64% (56/87) of al responses
from carers were included. A large proportion of excluded
responses were inadvertently completed by patients, which is
understandable given that at present most Myelopathy.org
website visitors are patients. Nonethel ess, finding no substantial
differences between compl ete and incompl ete responses makes
selection bias unlikely. Moreover, the exclusion of carers from
countries for which CarerQol tariffs were not available will
resolve as moretariffsbecome available. Plansfor devel opment
of a designated carer section of Myelopathy.org may improve
carer participation in future work.

The participation rate of 32% in this study was lower than the
typical response rate of 50% to 70% in other CarerQol studies
[29,31,32]. These studies utilized postal questionnaires rather
than open electronic questionnaires, as utilized in this study.
Although response and participation rates are not identical
measures, the participation rate in this study is almost certainly

Mowforth et d

a substantial underestimate because it was not possible to
distinguish between patient and carer website visitors, meaning
that a large number of patient visitors were included in the
denominator of our participation rate calculation.

Finally, patient and carer factors considered in this study were
not found to influence carer quality of life. Although it is
possible any associations may have been concealed by the
sample size, considering other factors including the number of
hours spent caring per week and further ng the emotional
and psychological burden for patient and carer will form
important future work [13,35,38]. The identification of such
factorsisimportant to target supportive interventions.

Conclusions

DCM carer quality of lifeis low. The magnitude of reduction
in DCM carer quality of life appears greater than reductionsin
carer quality of life in other conditions studied. In this study,
no single patient or carer factors were associated with carer
quality of life. Identification of influencing factorsisimportant
to better understand the basis for impaired quality of life and
to target support, which should form the basis of future work.
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Abstract

Background: Inthe United States, well-documented racial disparitiesin health outcomes are frequently attributed to racial bias
and socioeconomic inequalities. However, it remains unknown whether racial disparities in mortality persist anong those with
higher socioeconomic status (SES) and occupational prestige.

Objective: Asthe celebrity population is generally characterized by high levels of SES and occupational prestige, this study
aimed to examine survival differences between black and white film celebrities.

Methods: Using a Web-based, open-source encyclopedia (ie, Wikipedia), data for 5829 entries of randomly selected American
film actors and actresses born between 1900 and 2000 were extracted. A Kaplan-Meier survival curve was conducted using 4356
entries to compare the difference in survival by race. A Cox semiparametric regression analysis examined whether adjusting for
year of birth, gender, and cause of death influenced differencesin survival by race.

Results: Most cel ebritieswere non-Hispanic white (3847/4352, 88.4%), male (3565/4352, 81.9%), and born in the United States
(4187/4352, 96.2%). Mean age at death for black celebrities (64.1; 95% CI 60.6-67.5 years) was 6.4 years shorter than that for
white celebrities (70.5; 95% Cl 69.6-71.4 years, P<.001). Black celebrities had afaster all-cause mortality rate using Kaplan-Meier
survival function estimates and a log-rank test. However, in a Cox semiparametric regression, there was no longer a significant
differencein survival times between black and white celebrities (hazard ratio 1.07; 95% CI 0.87-1.31).

Conclusions: There is some evidence that racial disparitiesin all-cause mortality may persist at higher levels of SES, but this
association was no longer significant in adjusted analyses. Further research is needed to examine if racial disparitiesin mortality
arediminished at higher levels of SES among more representative popul ations.

(Interact J Med Res 2019;8(4):€13871) doi:10.2196/13871
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rate, cause of death, and prevalence of disease have persisted
[2-4]. Blacks (national born and immigrants) make up arising
13% of the US population [5]; yet, they experience the highest
mortality ratesfor 8 of the 10 most common causes of death in

Introduction

The Heckler Report, published in 1985, was the first to report
statistical differences in health and mortality among races in

the United States after the Civil Rights Act in 1964 [1]. Over
30 years later, there have been significant improvements to
minority lifespan and health, but notable variationsin mortality

http://www.i-jmr.org/2019/4/e13871/

the United States. In addition, they have maintained the highest
mortality rate for 8 of the 10 most common causes of death as
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well as a 6-year and 4-year shorter life span than that of white
American males and females, respectively [4].

Socioeconomic status (SES), as defined by income, education,
occupation, and socia status, isaproduct of policy and culture
often studied in context with its effect on health [3,6-8]. Unlike
fixed demographic variables such as gender, race, and birth
date, SES measures such as education, geographic location,
marital status, financial hardship, and social status can fluctuate
throughout alifetime and generally represent adynamic measure
of social influence and affluence in society [9,10]. Economic
census data throughout the past century have established
significant economic and educational disparities between blacks
and whites in the United States. A study of US Panel Income
Dynamics over 1997-2007 found that only 12.6% of those
identifying as black had completed a college education
compared with 32.7% of white counterparts, whereas 22.3% of
blacks and 9.3% of whites had not attained a high school
diploma [11]. Wealth among non-Hispanic, American whites
has been found to be orders of magnitude greater than black
Americans since the 1970s[12] and highly correlated to health
and mortality outcomes[13-15]. Therefore, disparitiesin health
outcomes and mortality are generally thought to be due to
historical and enduring structural economic inequities such as
redlining of predominantly black neighborhoods by lenders
[3,7,10,11]. Recent studies quantifying racial heath and
mortality disparities that controlled for SES have found that
differencesamong races are reduced but are till present [15-17].
However, there is a growing body of literature that measures
not only income but also wealth and associated variables such
as social standing.

Social status and wealth are understudied aspects of SES,
especialy in the American context. Wealth has been defined as
the total sum of income, assets, and debts to quantify personal
net worth. Hajat et al found a significant inverse relationship
between wealth and mortality [18], which isalso consistent with
a previous systematic review [9]. Another study found that
wealth, rather than income alone, was amore predictive measure
of SES differencesin international health care utilization [19].
In contrast, social status entails combinations of SES variables
and public opinion of occupationa groups. These measurements
of occupational and social prestige use tools such as Duncan
SESindex and Siegel Prestige Score for common occupational
groups in a population [20]. The combination of these scales
indicates a higher risk of death for those in lower social
positions, consistent with previous studies, but still did not
examine moderation by race and gender within each level of
social classaswell asoccupation [21]. Although these measures
address wealth and occupational prestige, both associated with
cultural notability or societal influence, they do not account for
individuals known as celebrities and the racia disparities that
may exist within these population subsets.

Celebrities are a subset of the population that have occupations
associated with higher influence, notability, and wealth. Among
celebrities, actors and actresses usually maintain societal
standing and wealth because of the ongoing opportunities
extended once fame is achieved. Owing to their top-tier social
standing and relative affluence to the general population, the
high societal influence of actors and actresses is hypothesized

http://www.i-jmr.org/2019/4/e13871/
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to be associated with lower mortality rates and relatively good
health. Redelmeier and Singh studied trends in mortality for
Oscar-nominated actors and actresses and found that the primary
causes of death followed the top-reported causes of death for
the general population, with an average lifespan higher than
that for the general population (76-79 years) [22]. Racid
diversity in American film actors has also grown steadily
throughout the years, with Smith et a reporting nearly 13%
black actors and 73% white actors in 2014, which closely
reflects the US census demographics for the decade [23].

To date, no research has been published that observes racia
disparitiesin mortality among American celebrities. This study
sampled Wikipedia to examine racial disparities in a
retrospective cohort of actors and actresses born in the 20th
century. Choosing actors and actresses born in this time frame
includesthose that started acting at all stages of life and allows
for both an ample sample size and sufficient follow-up time.
On the basis of what has been found in previous studies, it is
hypothesized that black American film actors and actresses
experienced faster mortality rates than their white American
counterparts.

Methods

Wikipedia Data Source and Tools

To operationalize societal standing and notability asacelebrity,
Wikipedia'slist of American film actors and actresses was used
as a sampling frame. Wikipedia is a nonprofit database that is
maintained internationally by the public and moderated by a
large group of Wikipedia editors. These editors use a set of
criteria for notability, ensuring that data entered are verifiable
and each subject page has enough reference and societal
influencefor inclusion in the online encyclopedia. If entriesare
under review or do not meet al criteria, they are clearly marked
with abanner at the top of the page[24]. Notability is considered
for every Wikipedia page and is determined by the quality and
quantity of third-party sources rather than the page or article
content. This editor gatekeeping method creates a unique,
reliable benchmark for determining occupationa prestige for
actors and actresses. Wikipedia has been verified as a quality
informational source by many scholars, with the most notable
being The Wisdom of Crowds [25], which found Wikipediato
be comparable with the Encyclopedia Britannica. Others such
as Vrandeci¢ and Krotzsch have verified the reliability and
value of Wikipedia as a collectively maintained database, with
the diversity of authors, the number of contributors, and the
ease of access continuing to improve over time, providing a
sound sampling frame [26,27].

Microsoft Excel was used for data entry, observation
randomization, and creation of the final dataset file. SAS 9.4
(SAS Ingtitute 2013) was used for descriptive statisticsand both
survival curve estimates using LIFETEST and PHREG
proceduresfor the Kaplan-Meier curve and Cox semiparametric
logistic regression curve, respectively.

Creating a Dataset

A dataset of URLsfor USfilm actors and actresses was created
by importing the HTML page linksfrom the Wikipediacategory
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pages for American film actors and actresses. These data are
open source  under the  Creative = Commons
Attribution-Share-Alike License. On May 31, 2017, 12,164
entries with actor names and the Wikipedia page URL were
imported from Wikipedia, formatted into a comma-separated
values (CSV) dataset using a general text editor program, and
imported into Microsoft Excel 2016 for randomization and data
entry. The randomized data were then split among 3 people for
data entry for each observation, and once there were at least
5500 entries, the Excel datasets were merged into 1 CSV file
and imported into SASfor data cleaning and analysis. To check
accuracy and inter-rater reliability, 200 random entries from
each of the 3 coding individuals were checked for accuracy,
particularly for consistent coding of race.

For each film celebrity entry, a total of 6 variables were
collected: gender, race, age, US nativity (yes or no), mortality
status (dead, alive, or unknown), and cause of death. Wikipedia
notability was confirmed by the absence of abanner indicating
guestionable reliability of information to confirm notability,
and only those with confirmed notability were included in the

Speaks et al

final dataset. Race was recorded using the Center for Disease
Control and Prevention’s definition for race based on perception
of skin tone and relevant content contained in the Wikipedia
entry. Collected categorieswere white, black, and other. Causes
of death were grouped into the following categories:
cardiovascular disease (CV D), suicide, accident, drug overdose,
cancer, cause unknown, cause missing, and alive (no cause of
death). Categories were chosen from the most common causes
of death, with the addition of drug overdose and suicide because
they wereincluded in other studiesfocusing on similar musician
populations [28,29]. CVD, suicide, and drug overdose were
coded as defined by the World Health Organization, and other
or unknown cause was coded as other [30]. Thefinal inclusion
criteriaincluded actors that had notable Wikipedia status, were
coded as either non-Hispanic white or black, had known birth
and death dates (if applicable), and were born within the 20th
century (January 1, 1900, to December 31, 2000). Death data
were recorded with reference to May 27, 2017. In total, 5829
observations were made and 4352 (74.66%) met all inclusion
criteriafor study analysis (Figure 1).

Figure 1. Participant selection based on inclusion criteria. DOB: date of birth.

Observations that have complets pages meeting Wikipedia's
notability criteria.

Meets Vital Status Criteria
5507

Meets Race Criteria
5,087
Meets Gender
Criteria
5,085
Meetz Nativity
Criteria
4,984
Meet=DNOB

Otbservations that could be clearly recorded as dead or alive

Observations recorded as non-Hispanic white or black using
both text descriptions of race and ethnicity and images

Otbservations recorded as white or black using both text
descriptions of race and sthnicity and images

Observations recorded being born in the United States or abroad, those
with ambiguous nativity wers not included.

Inclusion Tt rymber of observations included for analysis, with dates of birth

4352

Statistical Analyses

Microsoft Excel was used for data entry, observation
randomization, and creation of the final dataset file. SAS 9.4
(SASInstitute 2013) was used for descriptive statistics and both
survival curve estimates using LIFETEST and PHREG
proceduresfor the Kaplan-Meier curve and Cox semiparametric
logistic regression curve, respectively. Following datacollection,
descriptive statistics were run to characterize the distributions
and bivariate associations among variables. A student t test was
used to compare the average age at death by race. Normality
and proportionality tests were run for age at death by race and
gender to select the most appropriate survival analysis methods.
In this analysis, survival curves use death as an event, and the
specified period is the lifespan of the celebrity. The
Kaplan-Meier survival curve was created through the SAS
LIFETEST procedure to plot survival for each race from date

http://www.i-jmr.org/2019/4/e13871/
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between Jamary 1, 1900 and December 31, 2000

of birth to date of death, and the log-rank test was used to test
statistically significant differences between each curve by race
(P<.05). A Cox semiparametric logistic regression model was
used viathe SAS PHREG procedure to compare survival rates
while adjusting for year of birth, gender, and cause of death. A
model was built via stepwise regression to see the effect of each
covariate (including race) on survival outcomes. Only covariates
showing significant effect on survival rate were retained in the
model, and the final regression model was then used to compare
races and obtain an adjusted hazard ratio (aHR) for the all-cause
mortality rate among black celebrities, with white male
celebrities as the reference group.

Results

Of the 4352 observationsin the analytic sample, 1335 (30.88%)
actors died during the follow-up period. Of 505 black actors
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observed, 405 (80.2%) were alive at the end of the follow-up
period, and of 3847 white actors, 3017 (78.42%) were alive at
the end of follow-up period. As shown in Table 1, most of the
sample (3565/4352, 81.92%) was male, and 4187/4352 (96.21%)
had US nativity. Most of the causes of death (621/1335, 46.52%)
observed were recorded as dead with unknown cause, with CVD
and cancer as the top 2 causes of death among our sample
claiming 339/1335 (25.39%) and 251/1335 (18.80%) of those
dead, respectively.

Using the Kaplan-Meier function to compare survival rates
between each race with celebrities’ genders combined (Figure
2), there was a significant difference between white and black
actorswhen using alog-rank test for equality for each race group
(P<.001). This was consistent with a two-sample student t test
comparing age at death for white (70.5; 95% CI 69.6-71.4) and

Speaks et al

black (64.1; 95% Cl 69.6-67.5) actors and actresses, with a
significant difference in mean age at death (P<.001; Figure 3).
On average, black actorsand actresses died 6.4 yearsfaster than
their white counterparts.

Cox semiparametric logistic regression model was created via
stepwise regression, with the significance threshold for inclusion
set at P<.05. Date of birth was included as a continuous
covariate with an expected hazard ratio (HR) of 1.00. The
completed logistic regression model included gender (P=.001),
cause of death (P<.001), and date of birth (P<.001) as predictors
of age at death. Race was not a significant predictor of age at
death using stepwise regression (P=.13), and when observing
HRsfor black actors with reference to their white counterparts,
it was not found to be statistically significant (aHR 1.07; 95%
Cl 0.87-1.31).

Table 1. Resultsfor analysis sample demographics and adjusted hazard ratios.

Study covariate

Total (N=4352),n (%) Whiterace (n=3847), n (%) Black race (n=505), n (%) P vaue Adjusted hazard ratio®

(95% Cl)

<.01 1.32 (1.120-1.56)

Gender
Male 3565 (81.92) 3139 (81.60)
Female 787 (18.08) 708 (18.40)
Nativity
American 4187 (96.21) 3702 (96.23)
Other 165 (3.79) 145 (3.77)
Vital status
Dead 1335 (30.68) 1235 (32.10)
Alive 3017 (69.32) 2612 (67.90)
Cause of death
Cardiovascular disease 339 (7.79) 304 (7.90)
Cancer 251 (5.77) 227 (5.90)
Accident 57 (1.31) 54 (1.40)
Suicide 34(0.78) 33(0.86)
Homicide 15 (0.34) 12 (0.31)
Drug overdose 18 (0.41) 16 (0.42)
Cause unknown 621 (14.27) 589 (15.31)
Alive 3017 (69.32) 2612 (67.90)
Date of birth

426 (84.4)
79 (15.6)
21
485 (96.0)
20 (4.0)

100 (19.8)
405 (80.2)
<01
35 (6.9)
24.(4.8)
3(0.0)
1(0.2)
3(0.6)
2(0.4)
32(6.3)
405 (80.2)
<01

1.17 (0.91-1.50)

1.00 (1.00-1.01)

1.00 (1.00-1.00)

AW hite males were used as the reference group.

BNot applicable.
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Figure 2. Survival probability over time by race (Kaplan-Meier plot).
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Discussion

Findings from this Wikipedia study indicated that black film
celebrities died 6.4 years faster than their white counterparts.
Although hastened mortality among black film celebrities was
observed, this association did not persist after adjusting for
gender, cause of death, and date of birth. These results provide
some indication that racial disparitiesin mortality may persist
even at the highest levels of SES, and this association was no
longer significant in adjusted analyses.

The discrepancies in the results between different survival
comparison methods (Kaplan-Meier and Cox semiparametric
logistic regression model) reflect important social changes in
the representation of black actorsand actressesin the American
film industry during the 20th century. Black actors and actresses
have historically experienced racism and other structural barriers
to full participation in the American film industry, such that

http://www.i-jmr.org/2019/4/e13871/
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increased representation began only during the 1960s [31,32].
The proportion of black film celebrities in this sample was
approximately 13%, which is consistent with the proportion of
black Americans recorded in US census data from 2010 [4].
Nearly al black actors and actresses included in the sample
were born during the second half of the 20th century. Therefore,
itislikely that there has not been sufficient time to adequately
assess racial disparities in mortality after adjusting for date of
birth. Future research should continue to examine racia
disparities in mortality among American film celebrities, and
further research is also needed to elucidate if SES modifies
racial disparitiesin mortality for black Americans.

One noteworthy finding was that only 787 (18.1%) of the
random sample of 4352 Wikipedia entries were women. This
may reflect the fact that many women began entering workforce
in larger numbers during the last 30 years of the 20th century.
However, this may also be attributable to enduring concerns
related to gender bias in the American film industry [33,34].
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The primary objective of this study was to examine racia
disparities in a population of film celebrities with high SES.
However, these stark differences in the proportiona
representation of women underscore the questionable
generalizability of thisunique sampleto the broader population
of the United States. Our findings clearly demonstrate that white
actors appear to be the overwhelming majority in the 20th
century American film industry.

Although this study underscores the potential benefits of
leveraging open access sources such as Wikipedia, findings
should be interpreted in the context of several important
limitations. Owing to key social changes in the representation
of black actors and actresses in the American film industry, it
islikely that there has not been a sufficient amount of time to
examine racia disparities when adjusting for date of birth.
American film actors and actresses aso represent a subset of
celebrities from a broader population containing distinct
occupational groups such as musicians and athletes. In this
study, these groups were not included for several reasons. For
example, inclusion of athletes introduces a fitness bias. There
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States even at the highest levels of SES. Findings support the
need for further research to examine the socia and psychol ogical
mechanisms that could explain the profound racial disparities
in mortality experienced by black Americans.

The authorswould like to acknowl edge the Wikimedia Foundation aswell asthe community of Wikipediaeditorsfor their efforts
toward publishing and maintaining online databases to support unique projects such this study. The authors would also like to
acknowledge the efforts of the University of Miami’s Public Health 651 Research Methods class for their thoughts and efforts
toward the research concept and methods.

Conflictsof I nterest
None declared.

References

1.  United States Department of Health and Human Services, Task Force on Black and Minority Health. Digital Collections -
National Library of Medicine. Report of the Secretary's Task Force on Black & Minority Health URL: http://health-equity.
lib.umd.edu/3005/1/ANDERSON.pdf [accessed 2019-11-15]

2. Cunningham TJ, Croft JB, Liu Y, Lu H, Eke PI, Giles WH. Vital signs: racial disparities in age-specific mortality among
blacks or African Americans - United States, 1999-2015. MMWR Morb Mortal Wkly Rep 2017 May 5;66(17):444-456
[FREE Full text] [doi: 10.15585/mmwr.mm6617el] [Medline: 28472021]

3.  Center for Medicare and Medicaid Services. 2017. Racial and Ethnic Disparities by Gender in Health Care in Medicare
Advantage URL : https.//www.cms.gov/About-CM S/Agency-I nformation/OMH/Downloads/

Health-Disparities-Racial -and-Ethnic-Disparities-by-Gender-National -Report.pdf [accessed 2019-11-15]

4.  Geronimus AT, Bound J, Waidmann TA, Colen CG, Steffick D. Inequality in life expectancy, functional status, and active
life expectancy across selected black and white populations in the United States. Demography 2001 May;38(2):227-251.
[doi: 10.1353/dem.2001.0015] [Medline: 11392910]

5.  DeNavas-Walt C, Proctor BD, Smith JC. Census Bureau. 2010. Income, Poverty, and Health Insurance Coverage in the
United States: 2010 URL: https.//www2.census.gov/library/publications/2011/demo/p60-239/p60-239.pdf [accessed
2019-11-15]

6.  Hudson DL, Puterman E, Bibbins-Domingo K, Matthews KA, Adler NE. Race, life course socioeconomic position, racial
discrimination, depressive symptoms and self-rated health. Soc Sci Med 2013 Nov;97:7-14. [doi:
10.1016/j.socscimed.2013.07.031] [Medline: 24161083]

7.  Huie SB, Krueger PM, Rogers RG, Hummer RA. Wealth, race, and mortality. Soc Sci Q 2003;84(3):667-684. [doi:

10.1111/1540-6237.8403011]

Berkman LF, Kawachi |, Glymour M. Social Epidemiology. Second Edition. Oxford: Oxford University Press; 2000.

Pollack CE, Chideya S, Cubbin C, Williams B, Dekker M, Braveman P. Should health studies measure wealth? A systematic

review. Am J Prev Med 2007 Sep;33(3):250-264. [doi: 10.1016/j.amepre.2007.04.033] [Medline: 17826585]

© ®

http://www.i-jmr.org/2019/4/€13871/ Interact JMed Res 2019 | vol. 8 | iss. 4 [e13871 | p.19

(page number not for citation purposes)


http://health-equity.lib.umd.edu/3005/1/ANDERSON.pdf
http://health-equity.lib.umd.edu/3005/1/ANDERSON.pdf
https://dx.doi.org/10.15585/mmwr.mm6617e1
http://dx.doi.org/10.15585/mmwr.mm6617e1
http://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=28472021&dopt=Abstract
https://www.cms.gov/About-CMS/Agency-Information/OMH/Downloads/Health-Disparities-Racial-and-Ethnic-Disparities-by-Gender-National-Report.pdf
https://www.cms.gov/About-CMS/Agency-Information/OMH/Downloads/Health-Disparities-Racial-and-Ethnic-Disparities-by-Gender-National-Report.pdf
http://dx.doi.org/10.1353/dem.2001.0015
http://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=11392910&dopt=Abstract
https://www2.census.gov/library/publications/2011/demo/p60-239/p60-239.pdf
http://dx.doi.org/10.1016/j.socscimed.2013.07.031
http://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=24161083&dopt=Abstract
http://dx.doi.org/10.1111/1540-6237.8403011
http://dx.doi.org/10.1016/j.amepre.2007.04.033
http://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=17826585&dopt=Abstract
http://www.w3.org/Style/XSL
http://www.renderx.com/

INTERACTIVE JOURNAL OF MEDICAL RESEARCH Speaks et a

10. Sequist TD, Schneider EC. Addressing racial and ethnic disparitiesin health care: using federal datato support local
programsto eliminate disparities. Health Serv Res 2006 Aug;41(4 Pt 1):1451-1468 [FREE Full text] [doi:
10.1111/j.1475-6773.2006.00549.x] [Medline: 16899018]

11. DoDRP Frank R, Finch BK. Does SES explain more of the black/white health gap than we thought? Revisiting our approach
toward understanding racial disparitiesin health. Soc Sci Med 2012 May;74(9):1385-1393. [doi:
10.1016/j.socscimed.2011.12.048] [Medline: 22405688]

12.  Green RD, Oliver ML, Shapiro TM. Black wealth, white wealth: a new perspective on racial inequality. J Negro Educ
1995;64(4):477. [doi: 10.2307/2967270]

13. Braveman PA, Cubbin C, Egerter S, Chideya S, Marchi KS, Metzler M, et al. Socioeconomic statusin health research: one
size does not fit all. JAm Med Assoc 2005 Dec 14;294(22):2879-2888. [doi: 10.1001/jama.294.22.2879] [Medline:
16352796]

14. Betancourt JR, Green AR, Carrillo JE, Ananeh-Firempong O. Defining cultural competence: a practical framework for
addressing racial/ethnic disparities in health and health care. Public Health Rep 2003;118(4):293-302 [FREE Full text]
[doi: 10.1093/phr/118.4.293] [Medline: 12815076]

15.  Weinick RM, Zuvekas SH, Cohen JW. Racial and ethnic differences in access to and use of health care services, 1977 to
1996. Med Care Res Rev 2000;57(Supp! 1):36-54. [doi: 10.1177/1077558700057001S03] [Medline: 11092157]

16. Williams DR, Collins C. Racial residential segregation: afundamental cause of racial disparitiesin health. Public Health
Rep 2001;116(5):404-416 [FREE Full text] [doi: 10.1093/phr/116.5.404] [Medline: 12042604]

17. Williams DR, Jackson PB. Social sources of racia disparitiesin health. Health Aff (Millwood) 2005;24(2):325-334. [doi:
10.1377/hithaff.24.2.325] [Medline: 15757915]

18. Hajat A, Kaufman JS, Rose KM, Siddigi A, Thomas JC. Long-term effects of wealth on mortality and self-rated health
status. Am J Epidemiol 2011 Jan 15;173(2):192-200 [FREE Full text] [doi: 10.1093/aje/kwq348] [Medline: 21059808]

19. Allin S, Masseria C, Mossialos E. Measuring socioeconomic differencesin use of health care services by wealth versus by
income. Am J Public Health 2009 Oct;99(10):1849-1855. [doi: 10.2105/AJPH.2008.141499] [Medline: 19150899]

20. Krieger N, Williams DR, Moss NE. Measuring social classin US public health research: concepts, methodologies, and
guidelines. Annu Rev Public Health 1997;18:341-378. [doi: 10.1146/annurev.publhealth.18.1.341] [Medline: 9143723]

21. Gregorio DI, Walsh SJ, Paturzo D. The effects of occupation-based social position on mortality in alarge American cohort.
Am JPublic Health 1997 Sep;87(9):1472-1475. [doi: 10.2105/gjph.87.9.1472] [Medline: 9314799]

22. Redelmeier DA, Singh SM. Survival in Academy Award-winning actors and actresses. Ann Intern Med 2001 May
15;134(10):955-962. [doi: 10.7326/0003-4819-134-10-200105150-00009] [Medline: 11352696]

23.  Smith SL, Choueiti M, Pieper K, Gillig T, Lee C, Del.ucaD. USC Annenberg School for Communication and Journalism.
2015. Inequality in 700 Popular Films: Examining Portrayals of Gender, Race & LGBT Status from 2007 to 2014 URL :
http://assets.uscannenberg.org/docs/inequality_in 700 _popular_films 8215 final_for posting.pdf [accessed 2019-11-15]

24.  Wikipedia Wikipedia: Notability URL: https://en.wikipedia.org/wiki/Wikipedia:Notability [accessed 2019-11-15]

25. GilesJ. Internet encyclopaedias go head to head. Nature 2005 Dec 15;438(7070):900-901. [doi: 10.1038/438900a] [Medline:
16355180]

26. Vrandecic D, Krotzsch M. Wikidata: a free collaborative knowledgebase. Commun ACM 2014;57(10):78-85. [doi:
10.1145/2629489]

27. Arazy O, Morgan W, Patterson R. Wisdom of the Crowds: Decentralized Knowledge Construction in Wikipedia. SSRN J
2006. [doi: 10.2139/ssrn.1025624]

28. Tippett R. CarolinaDemography. 2010. Mortality and Cause of Death, 1900 v 2010 URL : https://demography.cpc.unc.edu/
2014/06/16/mortality-and-cause-of-death-1900-v-2010/ [accessed 2019-11-15]

29. Kenny DT, Asher A. Life expectancy and cause of death in popular musicians: is the popular musician lifestyle the road
to ruin? Med Probl Perform Art 2016 Mar;31(1):37-44. [doi: 10.21091/mppa.2016.1007] [Medline: 26966963]

30. PortaM, Last J. A Dictionary of Public Health. Geneva: World Health Organization; 2018.

31. Quinn E. Closing doors: Hollywood, affirmative action, and the revitalization of conservative racial politics. JAm Hist
2012;99(2):466-491. [doi: 10.1093/jahist/jas302)

32. Hesmondhalgh D, SahaA. Race, ethnicity, and cultural production. Popular Commun 2013;11(3):179-195. [doi:
10.1080/15405702.2013.810068]

33. Bidby D, Bielby W. Women and men in film: gender inequality among writersin a culture industry. Gend Soc
1996;10(3):248-270. [doi: 10.1177/089124396010003004]

34. dePater IE, Judge TA, Scott BA. Age, gender, and compensation: a study of Hollywood movie stars. J Manag Inq
2014;23(4):407-420. [doi: 10.1177/1056492613519861]

35. Lam S, UduwageA, DongZ, Sen S, Musicant DR, TerveenL, et al. WP:Clubhouse?: An Exploration of Wikipedia's Gender
Imbalance. In: Proceedings of the 7th International Symposium on Wikis and Open Collaboration. 2011 Presented at:
WikiSym'11; October 3-5, 2011; Mountain View, Californiap. 1-10. [doi: 10.1145/2038558.2038560]

36. Wagner C, Graells-Garrido E, GarciaD, Menczer F. Women through the glass ceiling: gender asymmetries in Wikipedia.
EPJ Data Sci 2016;5(1). [doi: 10.1140/epjds/s13688-016-0066-4]

http://www.i-jmr.org/2019/4/€13871/ Interact JMed Res 2019 | vol. 8 | iss. 4 [e13871 | p.20

(page number not for citation purposes)


http://europepmc.org/abstract/MED/16899018
http://dx.doi.org/10.1111/j.1475-6773.2006.00549.x
http://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=16899018&dopt=Abstract
http://dx.doi.org/10.1016/j.socscimed.2011.12.048
http://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=22405688&dopt=Abstract
http://dx.doi.org/10.2307/2967270
http://dx.doi.org/10.1001/jama.294.22.2879
http://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=16352796&dopt=Abstract
http://europepmc.org/abstract/MED/12815076
http://dx.doi.org/10.1093/phr/118.4.293
http://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=12815076&dopt=Abstract
http://dx.doi.org/10.1177/1077558700057001S03
http://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=11092157&dopt=Abstract
http://europepmc.org/abstract/MED/12042604
http://dx.doi.org/10.1093/phr/116.5.404
http://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=12042604&dopt=Abstract
http://dx.doi.org/10.1377/hlthaff.24.2.325
http://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=15757915&dopt=Abstract
http://europepmc.org/abstract/MED/21059808
http://dx.doi.org/10.1093/aje/kwq348
http://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=21059808&dopt=Abstract
http://dx.doi.org/10.2105/AJPH.2008.141499
http://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=19150899&dopt=Abstract
http://dx.doi.org/10.1146/annurev.publhealth.18.1.341
http://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=9143723&dopt=Abstract
http://dx.doi.org/10.2105/ajph.87.9.1472
http://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=9314799&dopt=Abstract
http://dx.doi.org/10.7326/0003-4819-134-10-200105150-00009
http://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=11352696&dopt=Abstract
http://assets.uscannenberg.org/docs/inequality_in_700_popular_films_8215_final_for_posting.pdf
https://en.wikipedia.org/wiki/Wikipedia:Notability
http://dx.doi.org/10.1038/438900a
http://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=16355180&dopt=Abstract
http://dx.doi.org/10.1145/2629489
http://dx.doi.org/10.2139/ssrn.1025624
https://demography.cpc.unc.edu/2014/06/16/mortality-and-cause-of-death-1900-v-2010/
https://demography.cpc.unc.edu/2014/06/16/mortality-and-cause-of-death-1900-v-2010/
http://dx.doi.org/10.21091/mppa.2016.1007
http://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=26966963&dopt=Abstract
http://dx.doi.org/10.1093/jahist/jas302
http://dx.doi.org/10.1080/15405702.2013.810068
http://dx.doi.org/10.1177/089124396010003004
http://dx.doi.org/10.1177/1056492613519861
http://dx.doi.org/10.1145/2038558.2038560
http://dx.doi.org/10.1140/epjds/s13688-016-0066-4
http://www.w3.org/Style/XSL
http://www.renderx.com/

INTERACTIVE JOURNAL OF MEDICAL RESEARCH Speaks et a

37. Gradls-Garrido E, Lalmas M, Menczer F. First Women, Second Sex: Gender Bias in Wikipedia. In: Proceedings of the
26th ACM Conference on Hypertext & Social Media. 2015 Presented at: HT'15; September 1 - 4, 2015; Guzelyurt, Northern
Cyprus p. 165-174. [doi: 10.1145/2700171.2791036]

Abbreviations

aHR: adjusted hazard ratio
CSV: comma-separated values
CVD: cardiovascular disease
HR: hazard ratio

SES: socioeconomic status

Edited by G Eysenbach; submitted 01.03.19; peer-reviewed by A Menking, L Rasberry; commentsto author 03.08.19; revised version
received 17.08.19; accepted 31.08.19; published 10.12.19.

Please cite as:

Soeaks H, Falise A, Grosgebauer K, Duncan D, Carrico A

Racial Disparitiesin Mortality Among American Film Celebrities: A Wikipedia-Based Retrospective Cohort Sudy
Interact J Med Res 2019;8(4):€13871

URL: http://www.i-jmr.org/2019/4/€13871/

doi:10.2196/13871

PMID:31821148

©Hannah Speaks, Alyssa Falise, Kaitlin Grosgebauer, Dustin Duncan, Adam Carrico. Originally published in the Interactive
Journal of Medical Research (http://www.i-jmr.org/), 10.12.2019. This is an open-access article distributed under the terms of
the Creative Commons Attribution License (https.//creativecommons.org/licenses/by/4.0/), which permits unrestricted use,
distribution, and reproduction in any medium, provided the original work, first published in the Interactive Journal of Medical
Research, is properly cited. The complete bibliographic information, alink to the original publication on http://www.i-jmr.org/,
aswell asthis copyright and license information must be included.

http://www.i-jmr.org/2019/4/€13871/ Interact JMed Res 2019 | vol. 8 | iss. 4 [e13871 | p.21
(page number not for citation purposes)

RenderX


http://dx.doi.org/10.1145/2700171.2791036
http://www.i-jmr.org/2019/4/e13871/
http://dx.doi.org/10.2196/13871
http://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=31821148&dopt=Abstract
http://www.w3.org/Style/XSL
http://www.renderx.com/

INTERACTIVE JOURNAL OF MEDICAL RESEARCH Poon et &

Original Paper

Quality and Accuracy of Information Available on Websites for
Distracted Driving: Qualitative Analysis

Jeffrey Poon', MD; Marko Gjorgjievski®, MD; lustin Moga®, MD; Bill Ristevski®, MSc, MD, FRCS

IDivision of Orthopaedic Surgery, McMaster University, Hamilton, ON, Canada
2Centre for Evidence-Based Orthopaedics, McMaster University, Hamilton, ON, Canada
3Division of Orthopedic Surgery, Dalhousie University, Halifax, NS, Canada

Corresponding Author:

Marko Gjorgjievski, MD

Centre for Evidence-Based Orthopaedics
McMaster University

293 Wellington Street North, Suite 110
Hamilton, ON, L8L 8E7

Canada

Phone: 1 647 460 9692

Email: markogjorgjievski @gmail.com

Abstract

Background: Distracted driving has become alarmingly widespread, and its prevalence continues to increase despite efforts
by government and nongovernment organizations to educate the public about this pervasive problem. Every year, 1.35 million
people die, and nearly 80 million people get injured in road traffic incidents. Motor vehicle crashes are the leading cause of death
among young people, and distracted driving plays ahuge role in road traffic fatalities and injuries. Considering that most people
now use the internet as an information source and Google is the most visited website and number one online search enginein the
world, we performed a qualitative analysis of information available through Google on distracted driving and its outcomes.

Objective: The goa of this study was to analyze the quality and accuracy of the information on distracted driving and its
consequences available to the general public when using Google as a search engine for distracted driving.

Methods: In November 2018, a nonregional Google search on distracted driving was conducted. The first two pages of the
Google search results were selected for analysis. Data were collected on the type of website, type of distraction, consequences
of distracted driving described, presence and referencing of statistics, and orthopedic and nonorthopedic injuries described, with
their acute and chronic sequel ae.

Results: In total, we analyzed 25 websites: 12 websites (48%) were from government bodies, which were the most common
type of websites; 19 (76%) of the sites provided statistics; and 15 (60%) referenced the source of the statistic. Mobile phones
werethe most frequently cited type of distraction, with 17 (68%) sitesdiscussing it, while death was the most commonly mentioned
consequence of distracted driving, quoted in 15 (60%) of the websites. Additionally, 52% of the sites provided tips on how to
avoid distracted driving. Only one website mentioned orthopedic injuries.

Conclusions: The prevalence of distracted driving isincreasing, and so are the consequences associated with it. Nevertheless,
theinformation available online does not accurately describe the current circumstances regarding thisissue. The National Highway
Traffic Safety Administration attributed 391,000 injuries and 3477 deaths to distracted driving in 2015, which are 5000 more
injuries and almost 150 more fatalities compared to 2011. However, despite these figures, most of the websites discussed death
as a consequence of distracted driving and often overlooked injuries, even though injuries are over 100 times morelikely to occur
in distraction-affected crashes. The websites also largely fail to address other forms of driving distractions, like daydreaming or
talking to a passenger, and mostly focus on mobile phone—related activities as distractions. More specific information on the
dangers of distracted driving and nonlethal trauma may support an overall cultural shift to curb this behavior.

(Interact J Med Res 2019;8(4):€16154) doi:10.2196/16154
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Introduction

Distracted driving is not only dangerous but also very common
and has become an epidemic in North America. In the United
States, 37,461 people were killed in motor vehicle crashes
(MVCs) in 2016. Of these, 3450 (9%) deaths were caused by
distracted driving [1]. Additionally, in the previous year, nearly
2.5 million people were injured in MV Cs, and approximately
16% of those injuries were a result of distractions [1]. The
gravity and pervasiveness of the growing threat of distracted
driving have prompted the World Health Organization to
identify it as one of the prioritiesin global road safety. [2]

Public opinion research suggests that distracted driving was
already considered a problem in 2011. A survey conducted in
lowa that year showed that 98% of respondents believed
distracted driving to be a serious or somewhat serious threat to
traffic safety [3]. However, despite this opinion, distracted
driving remains prevalent [4]. A Canadian survey completed
in 2018, found that 69% of the participants think the most
distracting activity while driving is using a mobile phone, and
yet, according to the same study, 51% of the respondents still
communicate on their mobile phonesat |east once aweek while
driving [5]. Data from the National Collision Database, which
show a continuous increase in injuries and deaths due to
distracted driving, further support the fact that drivers continue
to engage in this unsafe practice despite the evident risks [6].

Activities such astalking with a passenger, daydreaming, eating
or drinking, programming the navigation systems, and using
mobile phones while driving, which cause the driver to divert
their attention away from safely operating the vehicle, are all
forms of distracted driving [7]. Maobile phones, in particular,
have been found to have a greatly negative effect on driving
performance [8], which places the driver at significant risk for
aMVC. In fact, the odds of crashing when making acall on a
handheld device increases by 12 times [9], and the crash risk
for texting while driving is amost double that (23 times) [10].

Distracted driving behavior may be dueto alack of appropriate
education on distracted driving. Many people may inherently
comprehend that distracted driving is a threat to public safety,
but they may lack specific information that could reinforce safer
behavior. The majority of people today turn to the internet as
their primary research/education tool when wanting to gain new
knowledge on atopic such as distracted driving. Googleisboth
the most commonly used data search engine and the most visited
website in the United States and globally [11]. Of all searches
performed on adesktop or laptop, 76% are through Google, and
thefigures are even higher for mobile phones, where more than
85% of the searches go through this engine [12]. Google
processes more than 63,000 search requests per second, which
equates to more than 5.4 billion queries aday [13]. Therefore,
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it is reasonable to assume that the preferred online research
method for the majority of peoplewill bethrough this platform.

Although multiple websites provide information on distracted
driving to the general public, little is known about what
information these websites offer regarding the specific causes
and outcomes of distracted driving. Using modern internet-based
methods in research to assess the available information on
distracted driving could bring us closer to understanding why
this risky behavior is so prevalent. The primary goal of this
study isto qualitatively analyze theinformation availableto the
genera public on websites for distracted driving and assess the
quality and accuracy of that information. The secondary goal
isto specifically examine whether information about potential
injuriesis conveyed.

Methods

Using a nonregional Google search setting, a search on the
phrase “distracted driving” was conducted.The search was
performed in November 2018, and the first two pages of the
Google search results were selected for analysis. We collected
data on the type of the website, consequences of distracted
driving, type of distraction, presence of statistics, and
referencing of statisticsaswell as orthopedic and nonorthopedic
injuries together with their acute and chronic manifestations.
We categorized the websites as government, nonprofit, private
company, and sites belonging to afoundation. Distracted driving
consequences were described as death/fatality, injury, and legal
repercussions. Driving distractions presented in the websites
were assigned as distractions involving mobile phones,
hands-free mobile phones, infotainment, and others (passengers,
food/drink, reaching, and outer-vehicle distractions).

Results

In total, we analyzed 25 websites. The most common search
results were government body websites, which accounted for
12 websites (48%). Additionally, seven (28%) websites were
run by nonprofit organizations, followed by five (20%) that
were run by private company websites, and one (4%) that was
a foundation-owned webpage (Table 1). Government websites
included multiple state departments of transportation aswell as
US federal agencies such as the Nationa Highway
Transportation Safety Administration (NHTSA) and the Federal
Communications Commission. Nonprofit organizationsincluded
the American Automobile Association, National Safety Council,
the Governors Highway Safety Association, and a pediatric
hospital-associated program that helps parents monitor their
children’swhereabouts using mobile device tracking (TeenSafe).
Onewebsite (Enddd.org) isthe project of amemorial foundation
established in the name of adistracted driving victim.
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Table 1. Types of websites for distracted driving.

Poon et al

Types of websites Value, n (%)
Government 12 (48)
Nonprofit 7(28)
Private company 5(20)
Foundation 14

Most websites described multiple types of distractions (Table
2). The most common distraction cited in 17 sites was mobile
phone use (68%), followed by vehicle entertainment and
information systemsdiscussed in eight of the sites (32%). Seven
(28%) of the reviewed webpages mentioned food, drink, other

passengers, and outer-vehicle distractors, and three of the
websites (12%) distinguished hands-free telecommunications
as a significant distraction. Finally, seven websites (28%) did
not identify any specific distractions.

Table 2. Distractions described in websites for distracted driving. Many websites identified multiple distraction types.

Distractions

Websites describing distraction, n (%)

Mobile phones (includes texting)
M obile phones (distinguishes hands-free)

Infotainment system

Other distractions (passengers, food, drink, reaching for object, outer vehicle)

Broad statement/nonspecified

17 (68)
3(12)
8(32)
7(28)
7(28)

Of the websites analyzed, 19 (76%) included distracted driving
statistics and 15 (60%) also provided references for those
statistics. The most commonly referenced data were those
published by the NHTSA. The Traffic Safety Facts report
published by NHTSA found that 3450 deaths and over 391,000
injuries were attributabl e to distracted driving in 2016.

Interms of the consequences of distracted driving, most websites
listed multiple outcomes (Table 3). The most frequently
identified consequence was death, cited in 15 (60%) of the sites.
Although “injury” (or “injuries’) was listed in 11 (44%)
websites, only one (4%) of these aluded to specific bodily
systems affected by the injury. Legal repercussions due to
distracted driving including fine, demerit points, indictment,
and incarceration were listed in 6 (24%) websites.

Table 3. Conseguences described in websites for distracted driving. Many websites identified multiple consequences.

Consequences

Websites Describing Consequence n (%)

Death/mortality/fatality
Legal repercussions
Injury

Injury specified (orthopedic, nonorthopedic)

15 (60)
6 (24)
11 (44)
1(4)

Discussion

Principal Results

This study qualitatively analyzed 25 websites on distracted
driving using Google as a search engine. The findings of this
analysis demonstrate notable differences between the way
distracted driving is portrayed on theinternet versusreality. For
example, the results of this study show that death was the most
common consequence of distracted driving presented on the
websites. In addition, 15 (60%) websites cited a fatality as an
outcome, compared to injuries that were reported on 11 (44%)
of the sites. Depending on the source, current data available on
road traffic accidents resulting from distracted driving proves
that injuries outnumber death as a consequence, with aratio of
60-113to 1[14,15].

http://www.i-jmr.org/2019/4/€16154/

The study also demonstrated discrepancies between the online
and actual representations of variousdriving distractions. Mobile
phones and texting, discussed in 17 (68%) of the sites, were
shown to be the most common distracting activities. However,
areport by Erielnsurance completed using datafrom the Fatality
Analysis Reporting System lists daydreaming as the number
one distraction involved in 61% of fatal MVCs and ranked
mobile phones second at 14% [16]. Another report from the
NHTSA indicates that talking with a passenger is the most
common distracting activity, responsible for 57% of distracted
driving collisions, while combined phone use accounted for
11% [17].

The fact that texting is the most common type of distraction
described is not surprising. Gallup [18] reported that texting is
now the preferred form of communication among Americans
under the age of 50 years and that the prevalence of texting is
higher among younger peoplein the United States. The Centers
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for Disease Control and Prevention found that drivers aged
16-19 yearsare at highest risk of being involved in MV Cs[19],
and the NHTSA reported that the same age group also had the
highest percentage of distracted driversinvolved in fatal MV Cs
[1]. This could be the basis of why websites for distracted
driving have focused on mobile phone use so heavily.

As expected, government agencies publish the majority of
information availableto the public concerning distracted driving.
This finding is encouraging, as it suggests that government
authorities are actively working to address this problem.

Although many websites provided statistics and conseguences
and 11 websites mentioned generic injuries, it isworrisome that
only one website cited orthopedic injuries resulting from
distracted driving. The Canadian National Trauma Registry
reports that 79% of the major injuries in hospitalized patients
aremusculoskel etal in nature and that car crashes arethe number
one cause of major injuries[20]. Considering that at least 16%
of al injuries sustained in an MV C are distraction related [14],
it islogical to assume that orthopedic injuries would make up
the majority of these injuries. Unfortunately, this outcome of
distracted driving is massively ignored by these websites.

Many of the reviewed websites offered guidance on how to
prevent distracted driving. However, al of these invoked driver
self-discipline and other active mechanismsto enforce behavior
modification (eg, “Just Drive’). Likely, decreasing distracted
driving will be a combination of education, cultural shift, and
passive restraints, for example, mobile phone apps restricting
phone use while driving [21], collision avoidance, and
self-driving technology in vehicles.

Limitations

Themain limitation of this study isthat littleis publicized about
the agorithm for the google.com/ncr search; thus, it isunknown
exactly how website hits are generated on Google. However,
by using a nonregional Google search, we attempted to collect
as many websites as possible without the bias of regional
preferences. Therefore, it is likely that our search results
represent what the average information seeker would find
without any filters set. Additionally, the primary strength of
thisstudy isthat it examines acontemporary public safety issue
using the most popular search engine.

Comparison With Prior Work

According to the World Health Organization, almost 1.35
million people die in MV Cs every year, and for every one of
those traffic fatalities, 60 people get injured [15,22]. Distracted
driving is a considerable contributor to these figures and
continues to be a common practice among the drivers despite
attempts by many organizations to control this pervasive
behavior through education. It seemsto be especially widespread
among the younger drivers[23-25], asit hasbecometheleading
cause of death for teenagers[26].

Many North American jurisdictions passed antidistracted driving
laws to curb this problem. Unfortunately, despite introducing
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new legidation, distracted driving remains rampant today. The
Alberta Government in Canada released data that show no
decrease in distracted driving convictions in the 4 years since
the distracted driving legislation was passed (n=25,958 in 2012
and n=27,281 in 2016) [27]. Moreover, in Ontario, apart from
2012, distracted driving has been the leading cause of MVC
fatalities since 2009, when legislation prohibiting the use of
handheld devices was first introduced [28]. The NHTSA also
continues to report an alarming number of collisions due to
distracted driving, with no signs of this problem ending: 885,000
crashes in 2015 compared with 826,000 in 2011 [14].

Google is the most visited website globally [11], and with
92.37% of the market share and more than 5.6 hillion queries
aday, it isthe most popular search enginein theworld [13,29].
It is available in 149 different languages [30] and operates in
more than 200 countries, making it a particularly useful tool
when researching topics of interest online. Studies have
examined Google's increasing involvement in the search for
medical information online and have found that despite some
deficiencies, it can be an effective medium [31]. Research
looking into theinformation on various medical issues available
on theinternet using Google as a search engine includes subjects
such as views on vaccination [32], psychoactive agents [33],
fractures [34], and skin cancer [35].

Although distracted driving has becomeincreasingly common,
and interest on this subject is high, there is limited research on
the information available online regarding this issue. To our
knowledge, so far, there have not been any publications
concerning information on the internet on distracted driving,
which are accessible through Google. A recent study [36]
completed at the authors' home institution, which is currently
in preprint, has examined the messages represented in distracted
driving videos on YouTube with similar findings.

Conclusions

Distracted driving is becoming more prevalent, and with it, so
are the injuries and loss of lives associated with this problem.
Our Google search project found that little to no specific
information is available to the general public regarding types
of injuries, including the potential disability resulting from them.
Conversely, death due to distracted driving, which, in redlity,
occurs much less often than injuries, is the most commonly
presented outcome in these websites. Unfortunately, websites
focusing mainly on fatality secondarily to distracted driving
eclipses the readity of millions of people surviving
distraction-related MV Cs who continue to live with chronic
pain, disabilities, decreased quality of life, and increased
financial burden. Furthermore, the sites mostly focus on mobile
phones as potential distractions and largely neglect other more
common forms of distracted driving. Although thegeneral public
recognizesthat distracted driving isdangerous, in principle, the
lack of specific information on the consequences of thisbehavior
may be contributing to its continued practice.
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Abstract

Background: Diffuse idiopathic skeletal hyperostosis (DISH) syndrome and lumbar epidural lipomatosis are relatively
asymptomatic neurological conditions, with findings often seen incidentally on radiological studies.

Objective: Theaim of this paper isto present unique findings of concomitant, symptomatic DISH syndrome and lumbar epidural
lipomatosis and to discuss the osteopathic diagnosis and treatment implications.

Methods: Concomitant, symptomatic variants are rare and present challenges to treatment and management, as seen with a
60-year-old African American woman who presented with worsening disequilibrium and new-onset bilateral fingertip numbness.
Past medical history was significant for alcohol abuse disorder, hypertension, hyperlipidemia, and multiple episodes of self-resolving
vertigo and lower extremity neuropathy.

Results: The patient was referred to the neurology department for stroke workup, which was negative. Osteopathic structural
exam revealed thoracolumbar and sacral dysfunctions. Magnetic resonance imaging revealed findings consistent with thoracic
DISH syndrome and lumbar epidural lipomatosisin the areas of somatic dysfunctions.

Conclusions: Due to minimal information on osteopathic manipulative treatment in rare neurological diseases, only gentle
techniques of myofascia release, balanced ligamentous tension, and muscle energy were performed with resultant minimal
improvement, thus highlighting the necessity for better guidelines and further research.

(Interact J Med Res 2019; 8(4):€14607) doi:10.2196/14607

KEYWORDS
diffuse idiopathic skeletal hyperostosis syndrome; epidural lipamtosis; ostepathic medicine

disease manifestation [1,2]. With considerable overlap in
epidemiology, pathogenesis, and treatment options for various
neurological diseasesand syndromes of exclusion, patients often
spend much of their time searching for a panacea, leading to
endless frustration and delayed diagnosi S/treatment.

Introduction

Neurological symptoms are notoriously nonspecific, with
differentials ranging from primary causes such as a tumor to
secondary causes of dysfunction in other body systems. Further

complicating the diagnosis, one-third of all neurological patients  History elicitation is difficult, as patients often lack the ability

have findings that can only be partially or not at all explained
by a discrete, organic disease [1]. Psychosocial and other
external factors also play arolein neurological symptoms and

http://www.i-jmr.org/2019/4/€14607/

to distinguish the subtle differences that separate one disease
from another. Studies have shown that patients frequently give
unclear, inconsistent, and unreliable answers, especialy in acute
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care/emergency room settings[1,2]. Osteopathic physiciansare
trained to assess the person as a unit of body, mind, and spirit.
Osteopathic manipulative treatment (OMT) is based on the
understanding of this relationship in helping the body return to
astate of homeostasis and health maintenance. Here, we present
acomplicated case of dizziness and peripheral neuropathy with
associated osteopathic findings unresponsive to OMT and
subsequent possible etiologies elucidated on radiological
workup.

With no reports of concomitant, symptomatic disseminated
idiopathic skeletal hyperostosis (DISH) syndrome and lumbar
epidural lipomatosis, the aim of this paper is to present these
unique findings and discuss the osteopathic diagnosis and
treatment implications.

Methods

Overview

A 60-year-old African American female with a past medical
history of acohol abuse, controlled hypertension, and
hyperlipidemia presented to the emergency department with a
1-week history of worsening disequilibrium and new bilateral
upper extremity fingertip numbness after afall.

Case Presentation

In the emergency room, she denied any noticeable trauma, loss
of consciousness, headache, diplopia, hearing loss, tinnitus,
nausea, or vomiting at the time. Previously, she had vertiginous
symptoms for severa years, with minimal improvement on
meclizine and an inconclusive workup with her primary care
physician. Separately, she also reported a long history of
self-resolving lower extremity numbness/neuropathy that she
had associated with her previous occupation as a housekeeper,
which required her to frequently be on her knees and feet. At
thetime of admission, she complained that her lower extremities
were now constantly numb, with new intermittent burning (7/10
on the Numeric Pain Scale), nonradiating pain, which limited
her ability to walk. Noncontrast head computed tomography
was performed for stroke concerns, with subsequent results
showing no acuteintracranial pathology other than mild, chronic
microvascular changes. She was referred to the neurology
department for further workup.

Results

A physical exam at admission reveal ed nonacute distress, with
vitalswithin normal limits. The neurological exam was positive

http://www.i-jmr.org/2019/4/€14607/
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for right eye horizontal and vertical nystagmus, lower extremity
motor weakness, and subjective bilateral sensory paresthesiain
dermatomes T10-S2. The patient was able to distinguish soft
versus sharp touch, but reported that it was a blunted sensation
when compared to dermatomes above T10. Upper extremity
motor and sensory examswere normal, with apparent resolution
of her bilateral fingertip numbness. Orthostatic exam showed
all values within normal limits and negative improvement of
symptoms with the Dix-Hallpike and Epley maneuvers.
Complete blood count, comprehensive metabolic panel,
autoimmune panel, vitamin B12, and thyroid panelswerewithin
standard ranges.

Osteopathic structural exam revealed numerous somatic
dysfunctions: occipital-atlasjoint flexed-rotated right-side bent
left, atlantoaxial joint rotated right, C4 vertebra flexed-rotated
right and side bent right, T5-T9 vertebral in neutral rotation left
and side bent right, T12-L2 vertebra in neutral rotation right
and side bent left, right-on-right sacral torsion, and left
posteriorly rotated innominate. No appreciable viscerosomatic
reflexes were visualized. Upper and lower extremity somatic
dysfunctions were negligible. Gentle myofascial release,
balanced ligamentous tension, and muscle energy were selected
and applied to the thoracolumbar, sacral, and innominate somatic
dysfunctionswith minimal improvement in symptoms. Cervical
treatment was deferred due to patient request. Reassessment
showed persistent thoracolumbar dysfunctions. Further trials
of OMT were deferred on the patient’s request.

Further workup on computed tomography angiogram reveal ed
a 25 x 15 mm saccular aneurysm from the anterior
communicating artery, hypoplastic A1 segment of the right
anterior cerebral artery, small vertebrobasilar circulation, and
dominant anterior circulation. Magnetic resonance imaging
(MRY) of the cervical and thoracic spine were motion limited,
but reveal ed a C4-C5 osteophyte complex with associated C2-C7
spinal cord compression of the thecal sec secondary to disc
osteophyte complexes and disseminated idiopathic skeletal
hyperostosis throughout the thoracic spine (Figure 1). MRI of
the lumbar spine revealed moderate stenosis of L2-L3 with
epidura lipomatosis at L3-L4 (Figure 2). Endovascular and
neurosurgical teams were consulted, but the patient declined
surgical intervention. Conservative management and supportive
care were discussed, and she elected for physical therapy and
outpatient nerve conduction studies and electromyography.
OMT was al so discussed as an alternative method to addressing
chronic symptoms.
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Figure 1. T1-weighted sagittal magnetic resonance imaging of the cervical and thoracic spine revealing C4-C5 osteophyte complex with associated
C2-C7 spinal cord compression of the thecal sac secondary to disc osteophyte complexes (blue box) and disseminated idiopathic skeletal hyperostosis
syndrome throughout the thoracic spine, particularly at the levels of T5-T9 (red box). Orientation: | indicates inferior.

Figure 2. T2-weighted sagittal magnetic resonance imaging of the lumbar spine revealing moderate stenosis of L2-L.3 with epidural lipomatosis at
L3-L4. Orientation: | for inferior.
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Discussion

First described in 1975, spinal epidural lipomatosis (SEL) is
rare condition, wherein there is ahypertrophy of adipose tissue
inthe spinal epidural spacethat resultsin compression of nerves
in the affected region [3]. SEL occursin 1 of every 40 patients,
with presentations ranging widely from asymptomatic to cauda
equinasyndrome/permanent nerve damage[4,5]. Although SEL
can occur throughout the spinal cord, the majority of caseshave
been documented in the thoracic and lumbosacral region, with
the rarest described in the cervical region [6,7]. The exact
pathophysiology of SEL is unknown; however, various
associations have been made, depending on the region.
Exogenous long-term steroid use and male gender have been
associated with thoracic SEL in over 75% of the reported cases
[3,7]. In comparison, cervical and lumbosacral SEL arelargely
idiopathic and incidentally seen on MRI [7]. Other possible
associ ationg/causesinclude Cushing disease, Cushing syndrome,
obesity, hypothyroidism, and pituitary adenomal[8,9]. Treatment
optionsfor symptomatic SEL range from conservative treatment
of dietary changes, weight loss, and long-term steroid weaning
to decompressive laminectomy and adipose resection [3,10].
Although studies have shown equal efficacy, surgica
intervention is generally reserved for failed conservative
management, as there are considerable complications and
morbidity associated with the postoperative management of
concomitant medical problems[9,10].

DISH syndrome is the abnormal calcification of ligaments or
bone formation in the axial or appendicular skeleton [11].
Commonly diagnosed using criteria established in 1976, its
alternate names are Forestier disease, senile ankylosing
spondylosis, and ankylosing hyperostosis[11,12]. Thiscondition
involves abnormal calcification of either the anterior or posterior
longitudinal ligament of the spine, with the thoracic region being
the most common [12]. Peripherally, it is characterized by
calcification and hyperossification of entheses or sites where
ligaments/tendons attach to bone [13]. The incidence and
prevalence of DISH syndrome are largely unknown and
underreported due to its asymptomatic nature [14,15].
Symptomatic manifestation is variable, ranging widely from
monoarticular synovitis to mass effect airway obstruction.
Similar to SEL, the pathogenesis of DISH syndromeisunclear,
with mechanical factors, genetics, environmental exposures,
and metabolic/dietary conditions as proposed mechanisms or
having possible associations [13,16]. Limited research exists
on treatment, with the majority pursuing conservative
management, analgesics, physical therapy, or a combination of
the aforementioned [15]. In extremely rare cases of extensive
calcification or if osteophyte formation is causing severe and
focal symptoms, surgical intervention with excision or resection
of bony tissue may be warranted [16].
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On reviewing the literature, we did not find any reports of
patientswith symptomatic concomitant lumbar SEL and thoracic
DISH syndrome. In our case, the patient had a complicated
clinica picture, with multiple comorbidities and disease
associations with lumbar SEL and DISH syndrome, such as
chronic alcohol abuse, hypertension, hyperlipidemia, and
obesity. Although such findings supported a diagnosis of
symptomatic lumbar SEL and DISH syndrome, definitive
diagnosis and treatment of the patient's complaints remained
elusive, asthereisapaucity of research regarding simultaneous
disease presentation. Her CT angiogram findings and alcohol
abuse disorder history may also have played a role in her
vertiginous symptoms. In both lumbar SEL and DISH syndrome,
studies have explored the difficulty in creating acomprehensive,
conservative management plan due to variability in symptom
manifestation and severity. With this unpredictable expression,
OMT has been proven to be an effective modality for treating
similar intractable pain/discomfort syndromesthat are refractory
to established management options [17]. Treatments of both
DISH- and SEL -affected areas were performed together, as
minimal differences for standard treatments exist between the
two conditions [3,15].

Coupled with the osteopathic philosophy of seeing the patient
as asum of mind, body, and spirit, greater research needsto be
conducted on application of osteopathic treatment to rarer
diseases and syndromes. Although somatic dysfunction can be
anindicator of an underlying pathol ogy, thereis conflicting and
limited data on osteopathic diagnosis and subsequent treatment
in rarer diseases [18]. Furthermore, while general guidelines
exist onthe use of direct versusindirect techniques, more studies
are needed to categorize the efficacy of said techniqueson rarer
diseases and the treatment frequency [19]. Greater
standardization and blinded trials are needed to be better able
to reproduce results and studies [20]. Furthermore, the patient
was lost to follow-up after hospital discharge, despite attempts
to contact the patient.

Concomitant DISH syndrome and lumbar spinal epidural
lipomatosis may present symptomatically with peripheral
neuropathy. DISH syndrome and SEL have various disease
associ ations; however, the pathogenesis remains unclear, which
hindersthe devel opment of treatment options. Case presentation
of a patient with these symptoms serves to highlight the
complexity and variability of disease presentation. Limited
research exists on concomitant DISH syndrome and lumbar
SEL as well as the effectiveness of osteopathic management.
Further research is required to better understand and develop
osteopathic treatment for rare syndromes that are refractory of
conservative or traditional management.
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Abstract

Background: Allergic diseases, such asallergic asthma, rhinitis, and atopic eczema, are widespread, and they are aconsiderable
burden on the health care system. For patients and health care professionals, Web-based training programs may be helpful to
foster self-management and provide allergy-specific information, given, for instance, their good accessibility.

Objective:  This study aimed to assess an exploratory sample of publicly available allergy-specific Web-based training
programs—that is, interactive, feedback-oriented Web-based training platforms promoting health behavior change and improvement
of personal skills—with regard to (1) general characteristics, aims, and target groups and (2) the extent to which these tools mest
established criteriafor the reporting, methods, and content of evidence-based (digital) health information and education.

Methods: Web-based training programs were identified via an initial Google search and a search of English and German
language websites of medical and public health services, such asthe European Centrefor Allergy Research Foundation (German),
AsthmaUK, and Anaphylaxis Canada. We devel oped a checklist from (1) established guidelinesfor Web-based health information
(eg, the Journal of the American Medical Association benchmarks, DISCERN criteria, and Health On the Net code) and (2) a
database search of related studies. The checklist contained 44 items covering 11 domainsin 3 areas: (1) content (compl eteness,
transparency, and evidence), (2) structure (data safety and qualification of trainers and authors), and (3) impact (effectiveness,
user perspective, and integration into health care). We rated the Web-based training programs as completely, partly, or not
satisfying each checklist item and cal cul ated overall and domain-specific scoresfor each Web-based training program using SPSS
23.0 (SPSS Inc).

Results: The 15 identified Web-based training programs covered an average of 37% of the items (score 33 out of 88). A total
of 7 Web-based training programs covered more than 40% (35/88; maximum: 49%,; 43/88). A total of 5 covered 30% (26/88) to
40% (35/88) of all rated items and the rest covered fewer (n=3; lowest score 24%; 21/88). Items relating to intervention (58%;
10/18), content (49%; 9/18), and data safety (60%; 1/2) were more often considered, as opposed to user safety (10%; 0.4/4),
qualification of staff (10%; 0.8/8), effectiveness (16%; 0.4/2), and user perspective (45%; 5/12). In addition, in 13 of 15 Web-based
training programs, a minimum of 3 domains were not covered at all. Regarding evidence-based content, 46% of all Web-based
training programs (7/15) scored on use of scientific research, 53% on regular information update (8/15), and 33% on provision
of references (5/15). None of 15 provided details on the quality of references or the strength of evidence.

Conclusions: English and German language allergy-specific Web-based training programs, addressing lay audiences and health
care professionals, conform only partly to established criteriafor the reporting, methods, and content of evidence-based (digital)
health information and education. Particularly, well-conducted studies on their effectiveness are missing.

http://www.i-jmr.org/2019/4/€12225/ Interact JMed Res 2019 | vol. 8 | iss. 4 [€12225 | p.35
(page number not for citation purposes)


mailto:evamaria.bitzer@ph-freiburg.de
http://www.w3.org/Style/XSL
http://www.renderx.com/

INTERACTIVE JOURNAL OF MEDICAL RESEARCH

(Interact J Med Res 2019;8(4):€12225) doi:10.2196/12225

Lander et al

KEYWORDS

allergy; asthma; health communication; health education; health information systems; evidence-based practice

Introduction

Background

The number of people affected by allergies and asthma varies
around theworld, but the prevalence of allergic diseasesishigh,
particularly of allergic asthma, rhinitis, and atopic eczema[1-5].
Allergy-specific Web-based health information (WHI), as well
as Web-based training programs (WTPs), can be avital source
of help for patients and health care professionals (HCPs). People
affected by allergies and asthma, particularly those with
mild-to-moderate symptoms, may not regularly seeaphysician
but rely on sef-treatment. This includes, for instance,
nonprescription medicines, reading information on the Web, or
even simply trying to get through the allergy season without
help. Here, WHI or WTPs may be an dternative to doing
nothing or relying only on one’'s own knowledge and skills.
Previous research has outlined the effectiveness of various
measures [6,7]. For HCPs, alergy-specific WHI and/or WTPs
might be relevant, given a need for continuous medical
education and for support of their patient’s self-management
skills [8]. We consider WTPs to comprise Web-based offers
that go beyond mere provision of information, providing
feedback and interactivelearning opportunities promoting health
behavior change and improvement of personal skills, without
human interaction. We distinguish WTPs from services
dedicated to Web-based treatment or counseling and from apps
designed for digital mobile devices, such as tablets or phones
[9-12]. A WTPworks on desktop computers and mobile devices,
but it will not need features specific to the mobile device, such
as sensors or location awareness.

An allergy-specific WTP may assess patients' current symptom
avoidance practices during the alergy season and then give
feedback on the effectiveness of that approach (feedback). If a
patient is thereby encouraged to apply more effective
approaches, this also improves self-management (personal
skills). WTPs can also provide a diary for daily recording of
symptoms medication use, which may then be shared
electronically with adoctor or during aWeb-based consultation
(interactive learning). For professionals, a WTP could provide
fictional cases of patients with allergic symptoms and guide
them through the correct assessment and treatment (strengthen
treatment skills and care practice). Although WTPs may be
promising in general, previous research has highlighted arange
of respective challengesin particular: limited abilitiesto access,
understanding and applying health information (health literacy),
poor-quality information and sources, use of jargon, inaccuracy,
information overload, and a lack of universa requirements
regarding content and methods [13-21]. By quality, we refer to

http://www.i-jmr.org/2019/4/€12225/

the extent to which allergy-specific WTPs conform to
established criteria on presentation of health information and
itsapplication to health care practice. Numerousinitiatives have
proposed criteriato ensure high-quality WHI (and hence WTPs),
the most prominent being the Journal of the American Medical
Association (JAMA) benchmarks [22], Headlth On the Net
(HON) code[23], and the DISCERN criteria[24]. Yet, because
of the sheer amount and variety of WHI, there is no one tool
for evaluation or use of quality criteria that covers the entire
spectrum of information sources[16]. The quality of intervention
descriptions has also been criticized as making it difficult to
build on or replicate available learning sources [25].

Objectives

We are not currently aware of any overview of the quality of
alergy-specific WTPs or the use of quality criteria by
Web-based services intended for allergy sufferers or HCPs. A
few studies have examined the effectiveness of digital asthma
salf-management [26,27], theimpact of Web-based peer support
for children with asthma [28], and Web-based support pilot
studies [29]. Given this background, the objective of our study
was to analyze an exploratory sample of publicly available,
free-of-charge all ergy-specific WTPs. Specifically, weanayzed
(2) the general characteristics, aims, and target groups of WTPs,
(2) the evidence base underlying WTPSs' content, and (3) the
degree to which WTPs account for criteria on the reporting,
methods, and content of (digital) health information (see also
population, intervention, comparison, outcome table in
Multimedia Appendix 1). As aspects, such as structure, quality
of information, and evidence base, are relevant independent of
the WTPS' target group, we did not limit our analysis to either
lay people or HCPs.

Methods

Sear ch Strategy and Selection of Web-Based Training
Programs for Assessment

We conducted a Google search to retrieve and select relevant
WTPs. Asthisisan exploratory study, we constrained the search
to WTPsin English and German, that is, the languages spoken
by our research team. We used a public search engine, as the
Web-based sources need to be available to lay people, rather
than being available only in a scientific database intended for
experts. We added a search in PubMed to check for potentially
relevant WTPs not found in Google and for scientific evaluations
of WTPs. For the search, terms were combined with regard to
(1) indication/disease and (2) the diverse types of available
Web-based sources (Figure 1).
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Figure 1. Search Strategy. WTP: Web-based training program; HCP: health care professional.

Web-based training program :
Aim

Google
Screening of first 50 results
(first 5 pages) for each search term

Search

Allergy online coach/Allergy training/Allergy
online education/Allergy health
information/Allergy leaming course/Allergy
online tool/Allergy patient

Search terms/
Type of institution

(Inter)national institutions
Individual search of websites

Medical associations,
Public health,
Academic,

Health insurances,

for lay people and/or health care professionals with a focus on skill development and
interactive methods in English or German language

PubMed
Screening for each search term
(first 100 results/first 5 pages)

Allergy Online/Allergy Online Training/
Allergy Online Course/Allergy Online
Program/Allergy Online Tool/Allergy health
information

information/Asthma online coach/Asthma Foundations/charities Asthma Online Training/Asthma Online
learning/Asthma online education Course
Medical associations: 18/4
Accessed/ :c "c‘;‘;ge jﬂgg Public health, academic: 16/1 ig:'::ijﬁ
Included 3 Charities, private organizations, y
Included: 6 = o Included: 0

a) Information only (21)

health insurances: 23/4

a) Information only (11)

Criteria for ) L EECEE] ) Only information (22) b) Survey study (17)
exlusion Q. Nmre]e\'m.n (386} b) Mot relevant (4) ¢} Not relevant (1964)
; Oy IR GHEIE ¢) Google duplicates (13) d) No access 1o article or ool (9)

e) Access only with physician referral (2)

e) Access only with physician referral (2)

Final inclusion n=15

In addition, we searched country-specific websites of ingtitutions
that provide general health information or specializein allergies
and atopic diseases: medical associations, health insurers, state
health services, and official Public Health information portals.
Thisincluded the National Health Service, Allergy UK (United
Kingdom), the American Academy of Allergy (United States),
Allergy Aware Canada (Canada), Australasian Society of
Clinical Immunology and Allergy (Australia), the German
Medical Association, the European Centrefor Allergy Research
Foundation (Germany), the European Academy of Allergy and
Clinical Immunology (Switzerland), and the World Allergy
Organization (United States). From these sources, we included
toolsthat provided alergy- and/or asthma-specific training for
lay people and HCPs (medical doctors, nurses, school staff, and
pharmacists). We also categorized retrieved sources as either
(1) informative websites, (2) apps, or (3) WTPs. Next, we
selected only services and tools of type (3), according to the
abovementioned description of WTPs, to limit the analysis to
the more comprehensive, interactive learning approaches. We
ended the search after no new, additional WTPswere found by
different searches using the same search strategies. Criteriafor
exclusion were asfollows:. not free of charge, available only by
physician referral, and not yet or no longer publicly available.

Checklist: Development and Application

To assess the selected WTPs, we first conducted a PubMed
search for standards, guidance, and tools to develop, report,

http://www.i-jmr.org/2019/4/€12225/

and/or critically appraise WHI and WTP. We then summarized
the criteria from different sources [9,22,23,25,30] and adapted
the description and wording of each criterion into an assessment
item (Multimedia Appendix 2). The summary checklist resulted
inalist of 44 items, subdivided into 11 domains (Textbox 1).

For each WTP, 3 researchers read and worked through the
respective program and extracted relevant text passages
independently. The extracted material was given one of the
following ratings:

« Yes criterion satisfied according to the available
information

«  Partly: criterion satisfied to some extent

« No (not done or not stated): criterion not satisfied or no
information about whether the aspect/content relevant to
the respective criterion was not considered or simply not
stated

« Not included: the WTP's design does not address the
criterion, although it seems relevant

After initid assessment, missing information and unclear ratings
were discussed among the 3 researchers to reach agreement.
Finally, we assigned a score for each rating (yes=2, partly=1,
no=0, and not part of WTP=-1) and cal culated per-domain and
overall scores for each WTP, using SPSS 23. For instance, the
category ‘indication’ includes 9 criteria, hence a maximum
per-domain score of 18 can be given.
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Textbox 1. List of quality criteriafor Web-based training programs, adapted from studies.

Indication
«  The symptoms addressed by the program are described
«  Thelevelsof severity of the alergy, with which the program is supposed to help, are described

Intervention

«  Full provider contact details are given

«  Theprogram type (self-help, coaching, chat, etc) is described

«  Thedescription of the type of program is transparent and freely accessible

« Rationales and aims are described

«  Theprogram is described separately for other target groups (who may also be interested in the content), either for lay people or professionals
e A minimum/maximum usage time is mentioned

« A certain usage timeis recommended

«  Therecommended usage timeis supported by evidence

o Alternatives for using this particular program are mentioned

Content

«  Theinformation has been researched scientifically and systematically

« Theinformation isup to date

« Theinformation is updated regularly according to most recent available knowledge
«  Transparent sources/references are provided

«  Thecontent of the information is formulated neutrally and factually

«  Theinformation/content mentions potential uncertainties and risks

«  Transparent information regarding financing and conflicts of interest are provided
.  Potential usage/user differences because of age or sex are mentioned

«  Thecontent is differentiated for/adapted to different target groups

Safety
«  Potentia unintended effects of using the program are described

«  Theprogram describes what happensin case of an unintended effect

Quadlification

e Userscan contact an expert

«  Thequadlification of the expert is described (if part of intervention)
.  Expertsthat can be contacted use an intervention manual

«  Expertsare being supervised

Effectiveness

«  Theeffectiveness of the program is assessed (via a scientific eval uation)

User perspective

o  Theprogramisaccessible (eg, by hearing- or vision-impaired users)

«  Theprogramisfreeof charge

o  Theprogramisavailablein different languages

«  Completion/termination rates are mentioned

o User satisfaction with the program is assessed

«  Thesuccess of the program is assessed (have the users completed the modules successfully)
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Integration into care
o User behavior isfollowed up

o Users can communicate with other users and/or other professionals

Legal aspects
o Itisstated whoisliable in case of mistakes and adverse effects

Data safety

o Itisclearly mentioned that data safety is ensured by the provider
«  Theuser can register anonymously

o A description of how user data are stored is given

« Itismentioned for how long the data are stored

o  Theuser can ask the provider to delete persona data

«  The program requires specific software (eg, operating system or browser)

Advertisement
«  The program includes open/direct advertisement

«  Theprogram includes indirect advertisement

Results

General Characteristics

The search found 171 potentially relevant (and accessed)
alergy-specific WTPs, with 15 remaining after applying
exclusion criteria (Figure 1). Regarding those WTPs found via
PubMed, 3 WTPs required a fee, and 4 WTPs were only
available by physician referral. A total of 5 WTPs were not
publicly available, as they were part of a (closed) intervention
study [28,31-34]. Another 3 WTPs could not be found on the
internet, or they were no longer available. Providers of the 15
WTPs included in this analysis were based in the United
Kingdom (n=1), Germany (n=4), the United States (n=3),
Ausgtralia(n=4), Canada (n=2), and one was not country specific.
WTPs were run by (1) academic institutions (n=1), nonprofit
foundations/charities (n=7), medical societies (n=3), and
umbrella organizations thereof (n=2), publishing houses (n=1),
and a pharmaceutical training portal (n=1). A total of 14 of the
15 programs required registration and auser account for access.
Of the included WTPs, 53% (n=8) mentioned (only) 1 subject,
for example, asthma, anaphylaxis, pollen allergy, or simply
allergy without a focus. A total of 33% (n=5) of the WTPs
combined 2 subjects, for example, alergy and anaphylaxis, or
atopic eczema and food alergies. Except for the combination
of a specific allergy with anaphylaxis, WTPs mentioned no
reasons for combining subjects. The 2 programswith 3 or more
subjects aimed to provide a holistic overview of the various
types of allergies and how to deal with them. WTPs varied
widely in their style of presentation (Table 1).

http://www.i-jmr.org/2019/4/€12225/

Some (n=5) referred to an interactive online course or
interactive learning module; others described their program as
“onling” or “e-learning” modules (n=4). Nevertheless, others
simply referred to an education course, active learning, or
individual learning modules and course (n=4), whereas a final
group focused on describing the format: scientific animation
and multimedia tool (n=2).

With regard to the precise didactic methods, 60% (n=9) of the
WTPs applied 4 or more methods. A total of 1 WTP, for
instance, combined visualized written information, animations,
videos, written instructions, case studies, a survey, aquiz, and
afeedback form. Another WTP applied preknowledge questions,
learning modules (short written information), short video,
multiple-choice questions for self-assessment, and a course
certificate for download after completion. A total of 2 WTPs
used 3 different methods, and 4 WTPs applied only 1 (n=1) or
2 (n=3) methods, for example, fictional characterstelling their
disease story and interacting with the user via questions. The
WTPs did not explain why particular methods were chosen,
their didactic approach/model, or the didactic advantage of their
chosen methods. The WTPs addressed 3 broadly distinguishable
audiences: (1) lay people (ie, alergy sufferers), (2) HCPs
(including physicians), and (3) people who are not medical
experts but work in the public sector, that is, teachers and other
school staff. The latter were mentioned twice as the sole target
group. A total of 1 WTP addressed only lay people. A total of
7WTPswereaimed at professionals, mostly referring to doctors
and professionals. The other 5 WTPs addressed mixed target
groups, that is, lay people and HCPs.
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Table 1. Genera information on assessed Web-based training programs.
Name Subjects Country Provider Language Aim Methods
Lay people only
Anaphylaxis First Aid Training Anaphylaxis Australia Australasian English Provideready  Learning modules;
Community Society of Clini- accesstoreli-  Visudizations, Short
ca Immunolo- ableanaphylax- video; Certificate;
gy and Allergy is education Evaluation
(medical soci-
ety)
Health care professionals only
Allergic Rhinitis e-training Allergicrhinitis Australia Australasian English Provideready  Introductory ques-
Society of Clini- accesstoreli-  tions; Learning
ca Immunolo- ableallergic modules; Visualiza-
gy and Allergy rhinitiseduca-  tion; Short video;
(medical soci- tion Multiple-choice self-
ety) control questions;
Certificate
Allergy and Anaphylaxise-training Allergies; Ana-  Austraia Australasian English Provideready  Learning modules;
for Health Care Professionals phylaxis Society of Clini- accesstoreli-  Final assessment;
cal Immunolo- ableanaphylax- Evaluation; Certifi-
gy and Allergy isrhinitiseduca- cate
(medical soci- tion
ety)
Asthmaand Allergic Rhinitis: Asthma; Aller-  United States ~ World Allergy  English Provideaclear Presentation by
World Allergy Organization Online gic rhinitis Organization overview about  speaker; Question
Learning Series (international aghmaanddler- and Answer session
umbrellaorgani- gicrhinitis
zation of medi-
cal societies)
Asthmamanagement and education  Asthma United States ~ Asthmaand Al- English Educate health  Learning modules,
course lergy Founda- professionals including assess-
tion of America about asthma ~ ment; Evaluation
(foundation/non- management
profit organiza-
tion)
e-learning hub Asthma Austraia Asthma Aus- English Guide profess  Audiovisua presen-
tralia (founda- sionalsin asth-  tation; Certificate;
tion/nonprofit ma manage- Survey; Review
organization) ment and pa- questions
tient education
National AsthmaCouncil Australia Asthma United States ~ National Asth-  English Provide profes- Learning modules;
Online Learning ma Council sionalswithin-  Presentation, includ-
Australia (non- teractionlearn-  ing how-to videos,
profit charity) ingonthelatest Introductory ques-
informationand tions; Case studies
resources on
asthma
Azerta Allergies (vari- Germany Azerta German Continuingedu-  Videos; “Coaching”
ous/general) Apotheken Por- cation for dealing with
tal (pharmacy clients; Question-
training portal) naire (knowledge
questions); Certifi-
cate
Lay people and health care professionals
Itchy Sneezy Wheezy Asthma; Aller-  England Imperial Col- English Tranandim-  Writteninformation;
ay; Allergic lege London prove users Slides; Multimedia
Rhinitis; (lead) with part- knowledgeand guide; Feedback
Eczema ner organiza- skills form; Certificate
tions (academ-
ic)
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Name Subjects Country Provider Language Aim Methods
Human-Biomonitoring Environmental  Germany Allum/ German; Provide knowl-  Animation
substances Kinderumwelt  English edge and infor-
(main part); Al- gemeinniitzige mation interac-
lergies (subpart) GmbH Os- tively
nabriick (um-
brellaorganiza-
tion of medical
societies)
Allergyaware Anaphylaxis Canada Food Allergy English; Provideinforma-  Visualized informa-
Canada(charita- French tion and knowl- tion; Animation;
ble organiza- edgetoimprove Videos; Instructions;
tion) behavior/skills ~ Case studies; Sur-
for emergency  vey; Quiz; Feedback
situations form; Certificate
Asthma Basics Asthma United States ~ AmericanLung English Help people Introductory ques-
Association learn more tionnaire; Interactive
(voluntary about asthma  presentation; Repeat
health organiza- questions; Quiz;
tion/nonprofit Evaluation; Certifi-
organization) cate
Lungein Not Asthma Germany Springer Medi-  German Improve pa- Use of fictional
zin Verlag tient—physician  charactersto visua-
GmbH (publish- communication izeinformation; Sto-
ing house) ryline (scroll down)
Others
Back to School Food alergies; Canada Food Allergy English Support school ~ Multiple choice;
Anaphylaxis Research and staff inthe pre-  Warmup questions;
Education (non- vention and Visualized informa-
profit organiza- management of  tion; Audio sections
tion) food alergies  (information/facts);
and anaphylaxis  Final quiz; Certifi-
cate
Bist du auch allergisch? Neurodermati- ~ Germany European Cen- German Independent Learning mod-
tis; Food aler- trefor Allergy Web-based ules/chapter; Assess-
gies Research Foun- learning; ment questions
dation (nonprof- knowledge ac-
it foundation) quisition;
knowledge ap-
plication

Indication and | ntervention

In the domainsindication (2 items) and intervention (9 items),
almost all WTPs covered at least 50% of the tota items,
resulting in a mean score of 52% (sum score: 2.1/4) for
indication and 58% (sum score: 10.4/18) for intervention (Table
2). For indication, all WTPsdescribed the symptoms addressed
as part of the content and learning modul es, but none described
the severity of symptomsthat would or would not be addressed
(although 1 WTP was rated partly).

With regard to the description of interventions, 8 of 15 WTPs
covered more than half of theitemsfor this category; 6 of those
covered more than two-thirds. General aspects, such as
rational es/aims (100%,; 15/15), intervention type (86%; 13/15),

http://www.i-jmr.org/2019/4/€12225/

minimum/maximum usage time (60%; 9/15), and provider
details (66%; 10/15), were covered most often. More specific
aspects, such as separate intervention descriptions according to
the respective target group (13%; 2/15), alternatives to using
the WTP (27%; 4/15), and evidence for the recommendation of
a specific usage time (13%; 2/15), were addressed much less
frequently. For example, 1 WTP stated “ You can undertake this
course at your own pace, but it is recommended that you
complete the modules within a two-week period,” though
without stating who exactly recommends this (see Multimedia
Appendix 3). Intotal, items belonging to the domainsindication
(2) and intervention (9) were more often rated as fulfilled or
partly fulfilled (61%, n=101 ratings) than not fulfilled (39%,
n=64 ratings; Table 2).
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Table 2. Per-domain and overall scores.
Name and WTP? Score, n (%)
Indica- Interven- Content Safety  Qualifi- Effect  Userper- Care Lega Data Adver-  Totd
tion tion cation spective safety  tisement
Lay people, n (%)
WTP1 2(50) 14(78) 12(67) 0(0) 1(12) 0(0) 4(33) 0(0) 2(100) 2(17) 2(50) 39(44)
Professionals, n (%)
WTP2 2(50) 8(44) 11(61) 0(0) 1(12) 0(0) 5(42) 0(0) 2(100) 2(17) 2(50) 33(37)
WTP3 2(50) 12(67) 10(56) 0(0) 1(12) 2(100) 6(50) 0(0) 2(100) 2(17) 2(50) 38(43)
WTP4 2(50) 8(44) 5(28 0(0) 2(25) 0(0) 4(33) 0(0) 0(0) 0(0) 2(50) 23(26)
WTP5 2(50) 12(67) 4(22) 0(0 1(12) 0(0)  8(67) 000 00 0( 0() 27(3)
WTP6 2(50) 13(72) 11(61) 0(0) 0(0) 0(0) 6 (50) 0(0) 0(0) 2(17) 2(50) 36(41)
WTP? 2(50) 14(78) 12(67) 0(0) 2(25 0(0)  4(33) 0(0) 2(100) 5(42) 0(0)  41(47)
WTP8 2(50) 9(50) 739 0(0) 0(0) 0(0) 4(33) 0(0) 2(100) 6(50) 2(50) 32(36)
Lay people and professionals, n (%)
WTP9 2(50) 10(56) 9(500 0(0) 0(0) 0(0) 6 (50) 0(0) 0(0) 0(0) 0(0) 27 (31)
WTP10 3(75) 9 (50) 11(61) 0(0) 3(37) 0(0)  6(50) 00 0(0) 4(33) 0() 36(41)
WTP11 2(50) 9(50) 11(61) 4(100) 1(12) 0(0) 8(67) 0(0) 2(100) 4(33) 2(50) 43(49)
WTP12 2(50) 9 (50) 5(28) 0(0) 0(0) 2(100) 10(83) 0(0) 2(100) 4(33) 0(0)  34(39)
WTP13 2(50) 6(33) 7339 0(0) 0(0) 0(0) 4(33) 0(0) 0(0) 217 0(0) 21 (24)
Othersn (%)
WTP14 2(50) 13(72) 11(61) 2(50) 0(0) 2(100) 4(33) 0(0) 2(100) 0(0) 2(50) 38(43)
WTP15 2(50) 10(56) 6(33) 0() 0(@© 0(0) 2(167) 0(0) 2(100) 4(33) 0(0)  26(29)
Summary
\(/gT)P, mean 2.1(52) 10.4(58) 8.8(49) 04(10) 0.8(10) 0.4(17) 54(45 0(0) 12(60) 25(21) 11(27) 32.9(37)
D
Maximum,n 4(100) 18(100) 18(100) 4(100) 8(100) 2(100) 12(100) 4(100) 2(100) 12(100) 4(100) 88 (100)

(%)

AWTP: Web-based training program.

Content and Safety

At least half theitemsrelated to content (n=9) were covered by
9 of 15 WTPs, that is, a score of at least nine out of 18, the
maximum covered being 67% (12 out of 18). Individual items
often fulfilled were evidence-based content (n=10; yes=7;
partly=3), provision of a date to indicate up to dateness (n=8),
regular updates of theinformation (n=8), and neutral and factual
content and language (n=15). Regarding the latter, this was
rated as fulfilled when the information did not include obvious
exaggerations or strongly positive/negative formulations, for
example, regarding a treatment option. Furthermore, 6 of 15
WTPs covered fewer than 40% of items in this category, 3 of
those covering only 20% to 30%. Items that were often not
covered included the provision of full referencesfor all content
(partly=5; no=5), possible differencesin how the service should
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be used because of age and/or sex (n=0), uncertainties and risks,
for example, when following a specific recommendation or
knowledge gaps (n=5; see Table 3 for examples), and funding
and conflicts of interest (yes=5; partly=6).

Although references were provided by several WTPs (see
above), none provided explicit descriptions of the quality of
those references, the type and strength of evidence within these
references, and how the references were used to devel op content
to cover the (full) spectrum of relevant, evidence- and/or
expert-based issues regarding prevention, diagnosis, and
treatment. Given the number of WTPs covering |ess than 40%
of al content-related items, the mean score for this category
was 49% (sum score 8.8 of 18). Of all ratings (n=135), 42%
(n=75) of the ratings were positive (“yes’) and 44% (n=60) of
the ratings were negative (“no” or “not addressed”); the rest
were rated “partly” (14%).

Interact JMed Res 2019 | vol. 8 | iss. 4 [e12225 | p.42
(page number not for citation purposes)


http://www.w3.org/Style/XSL
http://www.renderx.com/

INTERACTIVE JOURNAL OF MEDICAL RESEARCH

Table 3. Rating summary.

Lander et al

Domain Item, n Total ratings, n Yes, n (%) Partly, n (%) No, n (%) Not part, n (%)
(1) Indication 2 30 15 (50) 0(0) 13 (43) 2(7)

(2) Intervention 9 135 70 (51.8) 16 (11.8) 39(28.8) 10(7.4)
(3) Content 9 135 56 (41.4) 19 (14.0) 41 (30.3) 19 (14.0)
(4) Safety 2 30 3(10) 0(0) 10(33) 17 (57)
(5) Qualification of staff 4 60 3(5 6 (10) 28 (47) 23(38)
(6) Effectiveness 1 15 3(20) 0(0) 12 (80) 0(0)

(7) User perspective 6 90 40 (44) 1(1) 49 (54) 0(0)

(8) Integration into care 2 30 0(0) 0(0) 0(0) 30 (100)
(9) Legal aspects 1 15 9 (60) 0(0) 6 (40) 0(0)

(10) Data safety 6 90 18 (20) 0(0) 55 (61) 17 (19)
(11) Advertisement 2 30 8(27) 0(0) 22(73) 0(0)
Rating summary 44 660 225 (34.0) 43 (6.5) 275 (41.6) 118 (17.8)

Regarding user safety from potential adverse effects during or
because of the provided content, many WTPs included only
general information and learning material, which isunlikely to
have serious effects. Therefore, information about adverse
effects (n=8) and systemreaction in case of adver se events (n=9)
were often not addressed. Programs with more serious content,
for example, instructionsfor using an anaphylaxis auto-injector,
mostly did not provide respective information (n=4) or a
description of what happens in case of an emergency/adverse
reaction from the user (n=6). Only 2 of 15 WTPs addressed any
safety-related items, resulting in a mean sum score of 10% (0.8
of 8).

User Perspective and Qualification of Staff

Items in these domains were covered to a varying extent,
resulting in a sum score of 5.4 out of 12 (45%) for user
perspective and 0.8 out of 8 (10%) for qualification of staff.
Regarding user perspective, 7 WTPs covered at least 50% of
al itemsin this category (n=6); 1 WTP covered 83%. Of the
remaining WTPs (n=8) with scores below 50%, 6 WTPs covered
only 33%. Itemsthat were addressed | east often included WTPs
being free of barriers; only 5 WTPs provided services for
handicapped users, such as listening sessions, availability of
different languages (n=5), none provided a description of
completion rates. A total of 8 WTPs assessed user satisfaction,
mostly via a survey after completion of the learning modules,
and 7 assessed the learning outcomes and whether users
completed all parts. Thiswasusually done by afinal assessment
or final quiz with knowledge-based questions and test result
feedback. Regarding contact with and qualification of staff, all
but 1 WTP covered fewer than 30% of the 4 items in this
category. Items that were addressed at least to some extent
included a description of the education and qualification of the
involved staff (n=3) and user contact with an HCP (partly=6).
However, the latter was always only indirect contact via email
or feedback forms, not live chat or Question and Answer
sessions. The remaining items were not covered at all, and 7 of
15 WTPs covered none of the 4 items. Of al ratings for the
abovementioned items (n=150), 29% (n=43) of theratingswere
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positive, and 67% (n=100) of the ratings were negative (7 rated
“partly”).

Data Security and Legal Aspects

Only 1 WTP covered 50% of theitemsrelating to data security;
another WTP covered 41%. Items that were addressed most
often included adherence to data safety and information
regarding data storage. All others covered 33% (n=4) or fewer
(n=5) of the respective items; 4 covered none. Therefore, only
21% of all items in this category were covered on average,
corresponding to a mean sum score of 2.5 out of 12. For the
majority of programs, it was not clear whether user data were
stored (n=10), for how long (n=13), or whether the user could
request data deletion (n=12). However, 9 WTPs provided
information on legal responsibilities, mostly emphasizing the
user's responsibility, for example, “The [...] shall not be
responsible for any eventualities arising from the use of, or
reliance on, the information contained on, or referred toin, this
website or of those sites linked to this website”

Effectiveness, Integration Into Care, and
Advertisement

WTPs covered very few items (n=5) belonging to
effectiveness—mean sum score 0.4 out of 2; 20%, integration
into care (0/4) and 27% advertisement (1.1/4). A total of 3WTPs
mentioned having scientifically evaluated their effectiveness,
for example, on acquired factual knowledge or changesindaily
activities. The rest were silent on this. Furthermore, no WTP
seemed to have integrated technical interfaces for physicians
or other HCPs to check the usage behavior of their patients.
Finally, 8 of 15 WTPsincluded some form of advertisement as
part of the content/learning modules, mostly related to
auto-injector products for anaphylactic shock. No other WTPs
explicated their avoidance of direct or indirect (hidden)
advertisement. Overall, of al ratings for the 3 domains (n=75),
10 were positive (“yes’) and 64 were negative (“no”; “not
included”).
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Overall Scores

On average, WTPs covered 37% of all 44 items, that is, asum
score of 33 out of 88. A total of 7 WTPs covered more than
40%, the highest score being 49% (n=1). In total, 5 covered
30% to 40% of al rated items; the rest covered fewer (n=3),
the lowest score being 24% (19/88). In addition, in 13 of 15
WTPs, at least 3 domains' respective items were not covered
at al (0%). Thisparticularly included (user) safety, contact with
and qualification of staff, effectiveness, and integration into
care.

Discussion

Principal Findings

This study aimed to analyze an exploratory sample of publicly
avalable, free-of-charge allergy-specific WTPs regarding
general characteristics, evidence base and coverage of criteria
related to structure, and content and practice application. On
the basis of the abovementioned aims, our main findings can
be structured around the following aspects.

Finding Web-Based Training Programs on the I nternet
for Allergies

From a user perspective and as described in previous research
regarding the search for WHI more generaly, finding and
differentiating between services appears complex [35]: first, as
is evident from our own search, there seemed no particular
approach that would provide a good overview of the most
relevant WTPs. Instead, search results varied widely according
to the search terms used. Some programs were rather found by
coincidence or only when searching the website of a specific
institution, which may not always be known to everyone. In
addition, as selected Web-based programs varied considerably
in how they named and described their specific service,
understanding and comparing the different options may be
difficult for nonexperts, at |east regarding the different learning
approaches and which of them might best suit particular user
needs.

Domaing/I tems Often Covered by Web-Based Training
Programs

Domains for which high(er) scores were achieved included
indication (52%; 2/4), intervention (58%; 10/18), content (49%;
8/18), and user perspective (45%; 5/12). Items that were often
covered as part of these domainsincluded more general aspects,
such as subject, contact details, factual information, up to
dateness, and legal responsibilities. Most of these criteria may
be regarded as aspects that need to be considered and
communicated by any Web-based learning resource, particularly,
who provides the service, what it is about, and what it aims at.
In addition, providing this information may not require much
(extra) effort, for example, it is straightforward to provide
contact details or a funding statement.

Domaing/ltems Often not Covered by Web-Based
Training Programs

The surveyed WTPs scored particularly low for the domains
effectiveness, qualification of staff, integration into care, and
data safety (sum scores 0%-20%). The respective criteria that

http://www.i-jmr.org/2019/4/€12225/
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were least often considered were description of
education/qualification of involved staff (qualification),
scientific  assessment  of  intervention  effectiveness
(effectiveness), WTPs being free of barriers and available in
different languages (user perspective), and details regarding
data storage (data security). Even among those domains with
higher sum scores, criteria, such asdifferentiation of symptoms
(indication), intervention  alternatives  (intervention),
differentiation of content for different target groups (user
perspective), or evidence for usage time (content), were little
covered. Another potential issueis the missing explanations of
the choice of methods and concepts of (Web-based) learning
behind the different WTP formats (see Textbox 1). Although
the specific learning methods are generally clear, the reasoning
behind them and adaptation to specific user groups do not
become evident from WTPSs' sections, such as About this course
or Aims and objectives. That this is an important shortcoming
is shown by previous findings that indicate the effectiveness of
asthma self-management interventionswith a strong theoretical
framework [36]. Apart from an WTP's theoretica and
methodological approaches, its disease-specific contents need
to cover all or at least the most relevant and right issues, evident
from latest research, medical guidelines, and expert reviews, to
be of high quality. Although the assessed WTPs did provide
general insights into their sources, explicit explanations
regarding the content-wise completeness, for example, via
systematic coverage of evidence and/or expert knowledge, were
largely absent. Another aspect is the WTPS' consideration of
target groups (varying) levels of (digital) health literacy in the
development and portrayal of methods and contents. Although
the limited fulfillment of criteriarelated to reporting, methods,
and content of health information isabarrier initsown right to
improving users health information—related competencies, it
may be important for WTPs to actively review their contents,
particularly in view of userswith limited health literacy, which
was not apparent in this analysis. In addition, although half of
the assessed WTPs addressed user satisfaction, acomprehensive
and potentially in-advance assessment of users’ preferencesfor
learning methods and potential differences among different
groups may help increase WTPS' effectiveness.

Limitations

Our study has severa limitations. First, there is no generaly
accepted definition of WTP, though the differences among the
various digital formats have been described [9,37]. In addition,
because of language restrictions, weincluded only German and
English language WTPs in German. As this is an exploratory
study, this approach seems to be warranted, though a broader
scope would be a desirable next step, given the widespread
appearance of allergies throughout the world.

Another limitation isthat excluded WTPs accounted for almost
half of all WTPs identified. Various WTPs could not be
included, as they are currently being tested in intervention
studies, or they can be accessed only via physician referral or
by payment. However, such WTPs may be of higher quality;
therefore, they may be more effective, which would warrant
greater attention in subsequent analyses. Furthermore, our
findings should not be generalized to all WTPs, that is, for other
conditions or diseases. Our checklist is newly developed, used
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here for the first time to assess allergy-specific WTPs, and it
has not yet been validated extensively. However, it relies on
several well-established frameworks for developing, assessing
or reporting on digital and WHI, usahility, and complex behavior
change interventions. Besides validating the assessment
framework, it also seems important to explore users' notions
of the quality and effectiveness of WTPs, which was not enabled
by our format of analysis. Finally, it was not possible to fully
differentiate no, not done from no, not considered ratings in
some cases. Criteria, such as information updates, may have
been considered by the provider but not mentioned on the
website. However, the clear and transparent reporting of these
and all other aspects is crucial for maximum objectivity and
comprehensibility for the user, even if some criteria may not
be fulfilled for good reasons.

Conclusions and I mplications for Practice

Our findings apply to publicly available (German and English
language) allergy-specific, free-of-charge WTPs. Such WTPs
conform to a rather limited extent to established criteria, a
shortcoming that has been noted for WHI in general [38].
Although a higher degree of conformity to quality criteriaseems
generaly desirable, with regard to alergy-specific WTPs, a
next step should be to clarify (1) what exactly an WTP means
in the case of atopic diseases and allergies and (2) identify
particularly important criteria. For instance, allergy-specific
WTPsmay emphasi ze self-management, for example, applying

Lander et al

allergen avoidance at home, advice about treatment options
(OTC drugs and specific immunotherapy), action strategies for
everyday life, and help to decide when (not) to see aphysician.
Criteria, such as summarizing the best available evidencein lay
terms and developing practical recommendations, may then be
given greater weight. This suggestion is supported by our
findings insofar as a number of criteria/topics were covered
regularly by the majority of WTPs, although they covered others
only rarely. Furthermore, the scope, target groups, and
particularly methodological approaches seemed rather broad.
However, for example, allergy prevention as one potential area
of alergy self-management requires specific measures, and its
implementation depends on patient preferences and resources.
Therefore, eliciting user preferences and understanding which
kinds of WTPs are deemed effective seems crucial for future
practice. This current shortcoming has also been pointed out
with respect to eHealth concepts more generaly [20,39,40].
Better adaptation of WTPsto user preferences may finally lead
to a better use of such services as part of the doctor-patient
communication process [41]. Finally, none of the WTPs
included made particul ar referenceto atheoretical or pragmatic
frame of reference, such as DISCERN, HON, or JAMA. It seems
important to raise awareness of the current quality- and
transparency-related shortcomings and exchange information
with ingtitutions providing WTPs—in general and specific to
allergy/asthma—particularly medical associations and Public
Health institutions.
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Abstract

Background: Chronic obstructive pulmonary disease (COPD) is the second-leading cause of death in the United Kingdom and
accounts for 1.7% of bed days in acute hospitals. An estimated two-third of patients with COPD remain undiagnosed.

Objective: Modern Innovative Solutionsin Improving Outcomesin Chronic Obstructive Pulmonary Disease (MISSION COPD)
aimed to proactively identify patients from primary care who were undiagnosed or had uncontrolled COPD and to provide a
comprehensiveintegrated multidisciplinary clinic to address the needs of thiscomplex group for improving diagnoss, personalizing
therapy, and empowering patients to self-manage their condition.

Methods: Thisclinic wasled by arespiratory specialist team from Portsmouth Hospitals NHS Trust working with five primary
care surgeriesin Wessex. A total of 108 patientswere reviewed, with 98 patients consenting to provide additional datafor research.
Diagnoses were changed in 14 patients, and 32 new diagnoses were made.

Results: Reductionswere seen acrossall aspects of unschedul ed care as compared to the prior 12 months, including in emergency
genera practitioner visits (3.37-0.79 visits per patient, P<.001), exacerbations (2.64-0.56 per patient, P=.01), out-of-hours calls
(0.16-0.05 per patient, P=.42), and hospital admissions (0.49-0.12 per patient, P=.48). Improvementswere observed in the quality
of life and symptom scores in addition to patient activation and patient-reported confidence levels.

Conclusions: Thispilot demonstratesthat the MISSION model may be an effective way to provide comprehensive gold-standard
carethat is valued by patients and to promote integration across sectors.

(Interact J Med Res 2019;8(4):€9637) doi:10.2196/ijmr.9637
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Introduction

Lanning et al

Methods

Over 1 million people in the United Kingdom suffer from
chronic obstructive pulmonary disease (COPD), which remains
the second-leading cause of death in the United Kingdom. These
people place asignificant burden on the National Health Service
through urgent unscheduled care visitsin primary and secondary
care. However, there are a significant number of patients who
remain undiagnosed despite the presence of symptoms or risk
factors that are often not recognized, and the opportunity to
diagnose COPD is often missed [1]. In people who are
diagnosed, management within primary care is led by nursing
staff and is protocol driven with Quality Outcomes Framework
prompts[2], resulting in yearly reviewsthat are largely disease
focused. Thisapproach risks underidentifying comorbidities as
well as the psychological and social impacts of COPD.
Diagnosisis often challenging: One meta-analysis of a variety
of case-finding strategies reported a COPD diagnostic yield of
1.7%-30.5%, with one study finding that 37.2% of new
diagnoses were severe when using a spirometric definition [3].

A Cochrane review identified 25 randomized controlled trials
of integrated disease management interventions in COPD and
concluded that such management improved the quality of life
and reduced acute hospital admissions[4]. Thereview identified
over 10 important aspects (eg, education, self-management,
nutrition, exercise, and case management), but no single
integrated clinic delivered the full suite of these holistic
interventions in patients diagnosed with COPD, nor could the
authors identify a comprehensive clinic targeting undiagnosed
COPD.

We describe our experience of Modern Innovative Solutionsin
Improving Outcomesin Chronic Obstructive Pulmonary Disease
(MISSION COPD), anovel model of integrated carefor airways
disease built on the success of the preceding MISSION Asthma
[5] model. We aimed to proactively identify patients from
electronic primary care records with either poorly controlled
disease or those in whom history was suggestive of diagnosis
but who had until then remained undiagnosed. Each patient
underwent astreamlined series of holistic assessments (delivered
by both primary and secondary care teams) incorporating
smoking cessation advice; a medical review including a
comprehensive comorbidity screen; specialist physiological
investigations including fractional exhaled nitric oxide, an
individualized inhaler technique review, a personalized
self-management plan, and written literature to support and
encourage self-management; and a chance to participate in
research. Group education sessions were delivered on the day
of theclinic, and further sessionswere delivered 3 months|ater.
Clinics were held during weekends to increase accessihility to
the working population. By combining both primary and
secondary expertise in the patient with a COPD pathway, true
vertical integration of care was demonstrated.

This paper describestheimplementation of the MISSION COPD
pilot project and the patients who accessed the service and
summarizes the impact on both patient and health service
outcomes.

https://www.i-jmr.org/2019/4/e9637

Objectives

Thisresearch study accompanied the MISSION COPD Quality
Improvement Programme. The primary objective of the research
was to assess whether the number COPD exacerbations
(prednisolone or equivalent=30 mg for >3 days or antibiotics
for >3 days [6]) improved the condition of the MISSION
patients during the 6 months after the clinic compared with the
12 months before the clinic and to assess whether hospital
admissions changed during the 6 months after the clinic.

The secondary objectives for participants with an established
diagnosis of COPD were to assess (1) whether the number of
nonel ective general practitioner (GP) visitsfor COPD changed
during the 6 months after the clinic; (2) the severity of COPD
inthe MISSION clinics; (3) the number of COPD exacerbations
in 6 months pre-MISSION and post-MISSION; (4) the patient
activation measure (PAM) pre-MISSION and post-MISSION;
(5) the frequency and severity of comorbidities in the COPD
population; (6) COPD control using the COPD Assessment Test
(CAT) questionnaire at 3 and 6 months; (7) inhaer technique
(ie, correct technique or correct device); (8) lung function and
phenotypes of patientswith COPD seeninthe MISSION clinic;
(9) frequency of smoking; (10) the health economic impact of
the MISSION service; (11) the number of patients with newly
diagnosed COPD; and (12) lung function and phenotypes in
patients newly diagnosed with COPD.

Setting

Primary care-based clinicswere performed between September
and November 2015. Surgeries were drawn from 4 clinical
commissioning groups footprints surrounding Queen Alexandra
Hospital in Portsmouth. These clinical commissioning groups
footprints are largely from rural or semirural settings. The
surgery list sizes ranged from 6895 to 15,495 patients and the
COPD list sizes ranged from 119 to 369.

This project was approved by the Berkshire Ethics Committee
(approval number 15/NS/0085).

Identification of I nviteesfor Clinics

Using the Grant Readiness Assessment Strategy Prep [7] COPD
and case-finding tools, databases were searched using two sets
of criteria. Criteriafor patientswith asuspected COPD diagnosis
(case-finding cohort) were as follows: history of smoking;
age=35 years; presence of >3 respiratory symptoms coded in
the last 24 months; prescription of an inhaler without a
respiratory diagnosis; and prescription of >2 steroid or antibiotic
coursesin the prior 2 yearsfor a chest complaint. Patients with
an established COPD diagnosis but with uncontrolled COPD
were defined as those having (1) moderate or higher Global
Initiative for COPD stage; (2) body massindex<21 kg/m? and
(3) =2 contacts with the emergency department (ED) or
out-of-hours services or =2 steroid coursesin the prior 2 years.
Referrals were also accepted from either cohort from the
patient’s GP or practice nurse. We did not invite patients under
active secondary care follow-up (defined asavisit for the same
presentation within 6 months), but accepted patients previously
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known to receive secondary care and had been discharged. We
also excluded patients who were housebound or had significant
cognitive impairment, as the clinic structure was deemed
unsuitable.

Research Recruitment

All patients selected for clinic attendance were eligible to
participate in the study if they were able to give informed
consent. Patientswere defined asbeingina“ care” cohort when
adiagnosis of COPD wasdready known andin a*“case-finding”
cohort when a diagnosis was suspected.

Modern Innovative Solutionsin Improving Outcomes
in Chronic Obstructive Pulmonary Disease Clinic

All participantswereinvited to arapid COPD assessment clinic
(RCAC) held within primary care. This carousel clinic
encompassed targeted comorbidity screening questionnaires
such as the Hospital Anxiety and Depression Score (HADS),
Nijmegen, Epworth, Gastroesophageal Reflux Disease
Questionnaire; physiological assessment of disease severity and
phenotype (spirometry with reversibility and where appropriate,
exhaled nitric oxide); smoking cessation; inhaler technique; and
medical review. Small-group COPD education was delivered
on the day, while the clinical team held a multidisciplinary
discussion of each patient. The clinic session then ended with
individualized feedback including a self-management plan for
each participant.

Where the multidisciplinary team identified a need for further
investigation, participants were invited to a one-day severe
COPD—assessment clinic within 4 weeks of their RCAC
appointment. Each patient underwent an individualized carousel
of assessments and reviews that incorporated any number of
physiotherapies, dietetics; symptoms control, psychol ogy, social
work, lung function laboratory assessments; echocardiographies,
and computed tomography scans. All participants ended the
clinic visit by being given further feedback and an update to
their self-management plan where needed.

Data Collection

Research participants were asked to complete clinical
assessments and questionnaires at baseline, 3 months, and 6
months.

Capturing Outcomes Related to Unscheduled Care Usage

Datarelated to unscheduled care usage were collected from the
primary care records (EMIS Web) for the 12 months prior to
the first clinic review and for the 6 months afterward by a
clinical fellow or experienced nurse. Unscheduled care usage
included emergency GP appointments, out-of-hours GP contact,
ED attendance, and hospital admissions where a respiratory
symptom was a driver of the episode. The number of
exacerbations was also documented, defined by a prescription
of antibiotics and steroids for chest symptoms. Unscheduled
GP visits were defined as any visit relating to the respiratory
condition that was not a planned review or scheduled follow-up
to aprior visit.

https://www.i-jmr.org/2019/4/e9637
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Disease Control and Severity

Baseline disease control was established using spirometry to
measure the forced vital capacity and forced expiratory volume
in 1 second, CAT [8], Medica Research Council score, St
George's Respiratory Questionnaire (SGRQ [9]) scores, and
the Veterans Specific Activity Questionnaire scale scores.
Changes in disease control were established by further CAT
and SGRQ at 3 and 6 months.

Activation and Confidence

Patients were asked to rate their confidence in self-managing
and their knowledge of COPD on first arrival a the RCAC by
using aLikert scale. At 3and 6 months, they were asked to rate,
on asecond scale, their agreement with the statement “Attending
the MISSION COPD improved my confidence in managing my
COPD.” PAM was used to measure activation at these points.
If a person moves up one category of the PAM, it was
considered a significant increase in activation [10].

Economic Evaluation

The costs of unscheduled care usage were derived from Personal
Social Services Research Unit[11], and individuals' use before
and after the clinic was compared. The costs of clinic delivery
were reported according to the team’s spending. Equivalent
secondary care episode costs were calcul ated for investigations
performed at the severe COPD clinic using current tariff rates
at the host hospital. For the case-finding cohort, an additional
preclinic cost of 3 GP visits was added as atypical diagnostic
requirement (first review visit, spirometry visit, and follow-up).

Statistical Analysis

The results were analyzed using Microsoft Excel (Microsoft
Corp, Redmond, WA) and SPSS (version 23, Armonk, NY).
The descriptive analysis of patient cohorts was guided by the
data distribution or stated as a percentage of the cohort.
Differences in unscheduled care usage were tested using
Wilcoxon signed rank tests. Validated questionnaire outcomes
were compared with the stated minimally important difference
for each questionnaire before and after data were compared for
each cohort and the total population, allowing the group to act
asitsown control.

Results

Delivery of Intervention

Clinicswere held from September to November 2015, and 108
patients were assessed in the clinic, with 90 patients providing
informed consent for research.

The baseline characteristics of the cohort are described in Table
1. The case cohort was younger and had fewer cumulative
pack-years of smoking history. Lung function testing and
dyspnea scores revealed greater severity of diseasein the care
cohort, in keeping with the established COPD diagnosis.
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Table 1. Baseline characteristics of the clinic cohort.
Demographics Care (n=58) Case (n=32) Total (N=90)
Age (years), median (IQR?) 64 (54-72) 71 (64-78) 68 (60-76)
Gender (males), n (%) 30(37.5) 12 (52) 42 (47)
Past medical history or health status
Smoking status, n (%)
Current 19 (34) 11(33) 30(33)
Ex-smoker 39 (59) 18 (65) 57 (63)
Never smoker 1(2 2(6) 39
Smoking pack-years, mean (IQR) 23 (9-40) 40 (20-60) 30 (20-59)
Body mass index (kg/m?), mean (SD) 322(5.2) 27.26 (7.26) 28.9(7.12)
Comorbidities, n (%)
Cardiovascular 28 (48) 13 (41) 41 (45)
Gastrointestinal or abdominal 23 (40) 14 (44) 37 (41)
Previous nonthoracic malignancy 4(8) 4(13) 8(9)
Diabetes 7(12) 7(22) 14 (16)
Burden of comorbidity, n (%)
Number of patients with >1 comorbid long-term condition 44 (76) 18 (56) 62 (69)
Number of patients with >1 respiratory condition 4(7) 6 (19) 10 (12)
Baseline disease characteristics
Forced expiratory volumein 1 s (liters), mean (IQR) 211 (1.72-2.63) 1.29(0.94-1.76) 1.59 (1.03-2.14)
Forced expiratory volumein 1 s/forced vital capacity, mean (IQR) 74.5 (69-80) 46 (37-65) 59 (44-76)
Medicines Research Council Dyspnea Scale scores
1, n (%) 1(3) 5(9) 6(7)
2,n (%) 2(6) 9 (15) 11(12)
3,n (%) 1(3) 13 (22) 14 (16)
4,n (%) 1(3) 6 (10) 7(8)
5, n (%) 1(3) 10 (31) 11 (12)
Not defined, n 26 15 41
Veterans Specific Activities Questionnaire level, mean (IQR) 5(3-7) 3(1-5) 3(2-5)

3 QR: interquartile range.

Diagnoses

There were 58 patients in the care cohort where a diagnosis of
COPD weas listed on EMIS and 32 patients (those with a
suspected, but as yet established COPD diagnosis) in the
case-finding cohort. Of the care cohort, 76% (44/58) remained
with adiagnosis of COPD, 14% (8/58) were rediagnosed with
asthma, 10% (6/58) had asthma-COPD overlap, and 1.7% (1/58)
had heart failure. Of the case-finding cohort, 62% (20/32) had
asthma, 9% (3/32) had COPD, 12% (4/32) had asthma-COPD
overlap, and 16% (5/32) had other diagnoses (lung cancer with
chronic hypersensitivity pneumonitis, reflux, or bronchiectasis).

Additional diagnoses of dysfunctional ventilation syndrome
were made in 40% (23/58) of the care cohort and 44% (14/32)
of the case-finding cohort using the Nijmegen questionnaire
and additional clinician assessment. In one patient in the

https://www.i-jmr.org/2019/4/e9637

case-finding cohort, dysfunctional ventilation syndrome was
the primary diagnosis. A total of 22% (13/58) of care cohort
patients and 41% (13/32) of case-finding cohort patients
screened positive for anxiety and depression using HADS.
Obstructive sleep apnea was suspected in 9.8% (9/91) patients
by using Epworth Scores or clinical suspicion, of which it was
confirmed in 5 patients and disproved in 2 patients through
subsequent sleep studies; the remaining patients (n=2) did not
attend their follow-up clinic appointments.

Where additional comorbidity was suspected at the RCAC,
patientswere seen in the severe COPD assessment clinic, where
access to computed tomography scanning and echocardiogram
were offered in one day in addition to palliative care review,
dietetics, and psychology assessments. These clinics found
additional diagnoses of idiopathic pulmonary fibrosis (2
patients), bronchiectasis (6 patients), respiratory bronchiolitis

Interact JMed Res 2019 | vol. 8 | iss. 4 [e9637 | p.52
(page number not for citation purposes)


http://www.w3.org/Style/XSL
http://www.renderx.com/

INTERACTIVE JOURNAL OF MEDICAL RESEARCH

interstitial lung disease (1 patient), bronchiolitis obliterans (1
patient), lung cancer with chronic hypersensitivity pneumonitis
(1 patient), cavitatory lung disease with nontuberculous
mycobacterial infection (1 patient), significant bullous
emphysema secondary to cannabis use (1 patient), pulmonary
hypertension (5 patients), left ventricular failure (4 patients),
and valvular heart disease (1 patient).

Unscheduled Health Care Usage

The impact of attendance to the MISSION COPD clinic and
education sessions on unscheduled health care usage was

Table 2. Changesin unscheduled health care usage.

Lanning et al

explored by capturing each individual’s usage in the 12 months
before versus 6 months after the clinic. These results show a
significant reduction in GP visits and exacerbations across both
cohorts (Table 2). Further sensitivity analyses were undertaken
to compare changesin ED attendances and hospital admissions
among those who had an episode before clinic attendance versus
annualized figures after attendance. This showed a statistically
significant reduction in ED visits (P=.01) and hospita
admissions (P=.05).

Outcomes 12 months prior to 6 months after  Total (N=90)

clinic attendance (with figures subsequently Mean per  Mean per

P value

Care (n=58) Case (n=32)

Meanper Meanper Pvalue Meanper Meanper Pvaue

annualized) A - - - - -
patient at  patient af- patient at  patient af- patient at  patient af-
baseline ter basdline ter baseline ter
Unscheduled general practitioner usage 3.37 14 <.001 3.06 141 <.001 3.56 15 <.001
Exacerbations 2.64 1.02 <.001 242 0.96 <.001 2.78 12 <.001
Out-of-hours calls 0.16 0.10 .05 0.14 0.11 42 0.18 0.08 .70
Emergency department visits 0.12 0.5 .10 0 0 <.001 0.20 0.08 .10
Hospital admissions 0.49 0.24 .18 0.32 0 .33 0.06 0.04 32

Disease-Related Quality of Life Scores

SGRQ- and CAT-validated questionnaires were used to assess
diseaseimpact at baseline, 3 months, and 6 months. The SGRQ
was poorly filled with only 16% (16/84) of patients returning
an adequately completed series of questionnaires. Of those,
37.5% (6/16, P=.40) of the patients met the minimal clinically
significant improvement at 3 months, with 44% (7/16, P=.37)
showing improvement at 6 months. There was a significant
improvement in the CAT scores between 3 and 6 monthsin the
total cohort (P=.04) and in the care cohort (P=.05), but not in
the case cohort (P=.65).

Confidence and Patient Activation

Of the 87 responsesto the PAM questionnaire at baseline, 11.5%
(n=13) scored 4, indicating confidence in managing problems
with their health; 34.5% (n=35) scored 3, indicating some
confidence but some inability to adapt to new challenges; 31%
(n=34) scored 2, suggesting they may lack basic knowledge
about their health; and 23% (n=22) scored 1, suggesting that
they did not know they need to play an activerolein their health.
An improvement in activation according to PAM occurred in
35.7% (15/42) respondents at 3 months and 42.5% (17/40) at
6 months. A greater number of patients in the care cohort than

https://www.i-jmr.org/2019/4/e9637

in the case cohort increased their activation levels at 6 months
(48% vs 33%).

Of the 70 responders at baseline, 60% (n=42) rated themselves
confident or very confident. At 3 months, 72% (21/29) of
responders and at 6 months, 86% (18/21) of respondersfelt the
MISSION clinic had increased their confidence.

Cost

The RCAC cost £104.39 per patient. The severe COPD
assessment clinic cost £410.81, making the total expenditure
£515.20 per patient per severe COPD clinic.

Table 3 illustrates the changes in unscheduled health care
expenditure showing amedian reduction acrossall unscheduled
health care domains. No single measure reached statistical
significance. However, sensitivity analysis applied to cohorts
reflecting previous usage showed statisticaly significant
improvements in expenditure in patients with prior heavy
primary care use and those with previous hospital attendance
episodes.

Table 4 reflects the cost of the patient through the MISSION
clinic versus current care models, indicating the economic
benefit of efficiency that this streamlined model provides.
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Table 3. Cost impact of the clinics on unscheduled health care usage comparing previous 12 months with annualized 12 months (shown as expenditure

in pounds per patient).

Analysis and unscheduled care expenditure

Preclinic (£), median (IQR?)

Postclinic (£), median (IQR) P value

Whole cohort (N=86)

Unscheduled GPP visits 72.50 (0-217.50) 0(0-145) 10
Out-of-hours calls 0(0-0) 0(0-0) .16
ED° attendances 0(0-0) 0(0-0) 36
Hospital admissions 0(0-0) 0(0-0) 48
Total unscheduled care expenditure 145 (0-362.50) 0 (0-145) .01
GP use cohort (n=54)
Unscheduled GP visits 217.50 (145-362.50) 0(0-145) <.001
Out-of-hours calls 0(0-0) 0(0-0) .03
ED attendances 0(0-0) 0(0-0) A7
Hospital admissions 0(0-0) 0(0-0) 71
Total unscheduled care expenditure 217.50 (145-429.47) 0 (0-145) <.001
Hospital use cohort (n=9)
Unscheduled GP visits 145 (145-290) 0(0-145) 35
Out-of-hours calls 0 (0-66.97) 0(0-0) .08
ED attendances 140.48 (140.48-140.48) 0(0-0) .01
Hospital admissions 0 (0-2249) 0(0-0) .05
Total unscheduled care expenditure 859.95 (647.98-2394.90) 0 (0-145) .008

A QR: interquartile range.
bGp: genera practitioner.
®ED: emergency department.

Table4. Costs of the patient through the Modern I nnovative Solutionsin Improving Outcomes in Chronic Obstructive Pulmonary Disease clinic versus

current care models.

Cohort Preclinic costs (£), Costof intervention (£), Equivaent cost of diagnostics Changein expenditure
mean per patient mean inroutine care (£), mean per patient (£), mean

Care cohort - rapid clinic only 286.77 104.39% Not applicable -98.84

Care cohort - rapid and severe clinic 440.13 544.52 798.86 -271.19

Case finding - cohort rapid only 188.31 104.392 217.50° -173.48

Case finding - cohort rapid and severeclinic ~ 72.5 544,52 915.47 -487.67

8Cost of rapid assessment chronic obstructive pulmonary disease clinic.
bCost of 3 diagnostic visitsto general practitioner.

Discussion

MISSION COPD is a novel model of care for patients with
airways disease, promoting vertica integration, shared
interprofessional learning, and patient education. This study
suggests that MISSION COPD improves unscheduled care
usage, patient activation, and health care costs.

This accompanying research project sought to assess the
feasibility of this project and thus was not designed to show
statistical significance. It also did not feature a control group.
We need to acknowledge that there will be inherent responder
bias in the returned questionnaires measuring disease-related

https://www.i-jmr.org/2019/4/e9637
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quality of life and disease control and activation. However,
health care usage was obtained from GP records and was
therefore not subject to bias.

Experiences of the project have shown that diagnoses of asthma
remain difficult to manage in primary care. A total of 14% of
our care cohort was rediagnosed with asthma and 10% with
asthma-COPD overlap. Similarly, with the case-finding cohort,
the predominant diagnosis was unrecognized asthma. Given the
drive to recognize the complexity of airways disease with
targeting of “treatable traits’ [12], there is a need to improve
recognition of these patients, especially those with evidence of
significant triggers or eosinophilic airway inflammation. In a
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similar community respiratory clinic, Hasset et al [13] found
that one-third of the patients referred for likely COPD were
misdiagnosed, and in our clinic, this value was one-quarter.
Overdll, the case-finding cohort uncovered an undiagnosed
airways disease in 83% of those assessed. Of the 38 identified,
16 were receiving inhaled therapy without a formal diagnosis.
Of these, two had their inhalers stopped where no treatable
diagnosis was established.

The MISSION project proactively identified comorbidity
through the use of validated screening questionnaires (HADS,
Epworth, Nijmegen, Gastroesophageal Reflux Disease
Questionnaire) followed by a medical review. A total of 41%
patients screened positive for dysfunctional ventilation, although
equal distribution was seen between the case and care cohorts.
This suggests that, in this group, underrecognition of
dysfunctional ventilation was not a significant barrier to
recognition of the cause of breathlessness. Anxiety and
depression was found in 29% of the patients, with a greater
prevalence in the case-finding cohort. A review by Livermore
et a [14] reveal ed that the preval ence of panic disorder in COPD
isnot well defined, with evidence showing arange of 6%-67%;
however, there are consi stent reportsthat the presence of anxiety
symptoms with COPD predicts an increased duration and
frequency of hospital admission. A recent report by the Kings
Fund [15] revedls that, independent of the severity of COPD,
comorbid anxiety and depression worsen health outcomes and
breathlessness with a greater impact in those of lower
socioeconomic status. Furthermore, poor mental health will
result in lower adherenceto using prescribed medications. Both
of the abovementioned works highlight the importance of
screening and treatment efforts, but suggest that, even with
proactive screening, we may have underrecognized cases and
further work may be needed.

The additional comorbiditiesfound at the severe clinic highlight
the presence of acomplex group of patientswhere unrecognized
comorbidity may be a significant contributor to the burden of
symptoms and subsequently the drive to health care
consumption. These patientswere sought proactively, suggesting
that it may have been many months, if not years, before these
conditions were recognized and addressed.

Unscheduled care usage, defined as unplanned GP visits, calls
to the GP out-of-hours service, or hospital attendances were
reduced for both sectors. However, the biggest impact was in
the reduction in exacerbations and GP attendances. The numbers
of hospital attendances and admissionsin the 12 months before
the MISSION clinic werelow in thiscohort, but it is noteworthy
that one ED visit costs almost twice that of an unscheduled GP
visit; therefore, fewer reductions are needed to lead to savings
inthe health economy. A review by Roland and Abel [16] found
that the best strategy of targeting patients at risk of admission
yields greater savings than those already in a pattern of repeat
admission, supporting the proactive case identification favored
by MISSION. Sensitivity analyses support the significant
benefits in reduction of hospital attendances or admissions, if
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patients are prioritized for this clinic on the basis of such
episodes.

Sustained improvementswere seen in the SGRQ, although these
were more evident among the case cohort. This demonstrates
value in case finding, where addressing symptom drivers with
the patient can alow for effective treatment and
self-management. Significant reductions were seen in the CAT
scores at 6 months, supporting thismodel as an effective method
for achieving disease control in addition to the quality of life.

Patient activation and confidence in self-management were
shown to improve and to be sustainable. Over the longer term,
thishasthe potential to reduce cost to the health system, improve
patient empowerment, and ultimately make them active
participants in their health care [17].

MISSION COPD sought to deliver gold-standard comprehensive
integrated COPD care that met the needs of this complex group
of patients. Thisgoal is not new, but a recent Cochrane review
[4] did not find evidence of another project that met all of their
recommended inclusions for a gold-standard service. Through
this project, we have shown that the model is feasible and cost
saving. More importantly, it delivered improvementsin disease
control, quality of life, and confidence of patients. The
MISSION team will now test this model on larger scales to
demonstrate the replicability of these results.

Cost savings have been demonstrated across al domains. No
single measure reached statistical significance when considering
the whole cohort, although it is noteworthy that the study was
designed as an improvement program; therefore, sample sizes
were defined by the delivery design and not powered for
significance. When cost measures were compared for patients
who had attended secondary care through ED or were admitted
for the following episodes before the clinic, a statistically
significant cost reduction was seen. Cost savings have been
calculated using each patient as their own control, which we
believe has rigor, as no other national or local initiative was
delivered to this population. Thus, there were no other possible
influences on participant outcomes. The calculation of
equivalent diagnostic and follow-up visits to primary or
secondary care providers also demonstrate the cost efficiencies
that can be made by delivering these one-stop or two-stop clinics
rather than the multi-visit, multisector model that currently
exists. We believe this shows health economic benefits, both
in its current manifestation and in case the inclusion criteria
were narrowed further to include only those presenting to or
admitted to the hospital.

The MISSION COPD pilot was a small-scale project testing
the feasibility and acceptability of the model. To demonstrate
the significant impact on delivery, particularly in realizing
pounds-in-pockets savings, the model needsto betested to scale.
Outcomes were only measured up to 6 months. To ensure that
improvements are sustainable beyond the initial follow-up
period, further 12-month data should also be sought in scaled
teststo allow for greater generalizability.
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Abstract

Background: Hydroxychloroquine (HCQ) has been used to manage many inflammatory skin conditions. Neverthel ess, retinopathy
continues to be its most significant adverse effect. The American Academy of Ophthalmology (AAO) recommends baseline
ophthalmologic screening in the first year of HCQ treatment. However, a recent study found an inadequate awareness of the
recommendations. Furthermore, limited data are available regarding the implementation of the recommendations among
dermatologists.

Objective: Theaim of this study wasto assess dermatologists’ adherence to recommendations pertaining to their current practice
regarding HCQ toxicity detection.

Methods: A self-administrated questionnaire was distributed between February 2 and May 4, 2018, among members of the
Saudi Society of Dermatology. The questionnaire comprised demographic-related questions and questions pertaining to each
physician’s routine practice about the follow-up of HCQ-treated patients.

Results: A total of 76 dermatologists completed the questionnaire. We achieved a response rate of 62.54%. More than half
(43/76, 56%) of the dermatol ogists were male. Furthermore, more than half (41/76, 53%) of them reported treating 1 to 3 patients
with HCQ during the last year. Furthermore, two-thirds (47/76, 61%) of them reported screening patients before initiating HCQ
treatment. Regarding follow-up recommendations, 59% (45/76) of dermatologists reported yearly after starting treatment for
no-risk patients, whereas 94% (72/76) reported “yearly within 5 years of treatment” for at-risk patients. Data were considered
significant at P<.05. All analyses were performed using SPSS, version 20 (IBM).

Conclusions: Dermatologistsin Saudi Arabiaare not well informed about some aspects of the latest recommendationsregarding
screening for HCQ toxicity in terms of tests, follow-up timing, cessation of the drug, and causative agents. Therefore, we
recommend conducting more studiesin Saudi Arabiato determine the adherence of more physiciansto the AAO recommendations.
Furthermore, patient education regarding HCQ toxicity and increased patient awareness are recommended for effective and safe
HCQ use.

(Interact J Med Res 2019;8(4):€15218) doi:10.2196/15218
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Introduction

Background

Hydroxychloroquine (HCQ), achemotherapeutic drug, inhibits
the erythrocytic forms of malarial parasites with antiautophagic
and immunosuppressive activities. Itsmain mechanism of action
isinhibition of plasmodia heme polymerase [1]. HCQ, mostly
used asan antimalarial drug, has been used for the management
of inflammatory skin conditionsfor morethan 50 years[2]. As
it has a wide variety of uses in the treatment of many skin
disorders, including cutaneous and systemic lupus, rheumatoid
arthritis, and dermatomyositis[ 3], the use of glucocorticoid and
other immunosuppressive drugs, which have serious adverse
effects, hasdecreased [ 2]. Furthermore, HCQ playsan essential
role in cardiovascular protection, including antithrombotic,
lipid-lowering, and hypoglycemic actions [4]. HCQ's
antithrombotic effect has been attributed to a variety of
mechanisms, including reduction in red blood cell aggregation,
inhibition of platelet aggregation and adhesion, reduction in
blood viscosity, and enhancement of antiplatelet activity [5,6].
Its lipid-lowering effects were reported in a cohort of lupus
patients who showed HCQ use was associated with a 7.6%
reduction in total cholesterol and a 13.7% reduction in
low-density lipoprotein cholesterol over 3 months of therapy
[7]. However, retinopathy debatably remainsHCQ's most feared
adverse effect. The mechanism of HCQ-induced retinopathy is
not fully known, but buildup in the retinal pigment epithelium
could cause this condition [8]. Recently, the prevalence of
HCQ-induced retinopathy was estimated to be higher than that
assumed earlier (7.5%) [9]. The most important contributing
factor for retinopathy appears to be the daily dose, as patients
whose daily dose exceeded 5 mg/kg (actual body weight; ABW)
daily had a retinopathy risk of almost 10% within 10 years of
HCQ treatment [9]. Thus, ophthalmological screening for
HCQ-induced retinopathy is needed, which can manifest
insidiously with paracentral scotoma and subtle color vision
changes, making early diagnosis challenging [10]. Thus, early
screening and assessment are crucial to possibly stopping the
progression of HCQ-induced retinopathy and preventing vision
loss[11].

New screening guidelines published by the American Academy
of Ophthalmology (AAO) recommend performing baseline
ophthalmologic screening in the first year of HCQ treatment
[8,12]. Therefore, HCQ could be started before the baseline
assessment, whichiscritical, asclinical efficacy requiresalmost
4 to 6 months of treatment. The annual examination is
recommended to start only after 5 years of HCQ use. A recent
study conducted among ophthalmol ogists and rheumatol ogists
to assess the adherence to the recommendations pertaining to
HCQ retinopathy found an inadequate awareness of the
recommendations regarding screening for HCQ toxicity [10].
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Objectives

To our knowledge, limited data are available regarding the
implementation of these recommendations among
dermatologists. Therefore, this study aimed to assess the
adherence of Saudi dermatol ogiststo the new recommendations
in their practice regarding detection of HCQ toxicity.

Methods

Study Design and Data Collection

This cross-sectional study was conducted by administering a
survey via email to al consultants, specialists, and senior
residents of dermatology in Saudi Arabia. No sample size was
calculated. Stratification considered gender and practice level.
The data were collected from February 2 to May 4, 2018. All
the participants were informed about the study, and those who
agreed to participate were enrolled. Furthermore, the anonymity
of the respondents was preserved.

Questionnaire Variables

The questionnaire was designed by using Google forms, and
responses were collected by using Google spreadsheets. The
guestionnaire was based on the one designed by Shulman et al
[10]. Furthermore, we adapted the questionnaire on the basis
of the latest recommendations for the use of HCQ in
dermatologic practice [13] and on the basis of our practice of
dermatology in Saudi Arabia. Only theinternal consistency was
measured using Cronbach alphatest. The alpha value was .88.
The questionnaire comprised demographics-related questions
and questions pertaining to each physician’s routine practice
for the follow-up of patients treated with HCQ. The questions
also addressed the physicians' awareness of the guidelines
recommendations, in terms of which assessments should be
performed, timing of assessments, risk factors for HCQ
retinopathy, and the actions to be taken if one of the screening
test resultsis abnormal.

Ethical Considerations

The Ingtitutional Review Board and the Research Ethics
Committee of King Abdulaziz University in Jeddah approved
this study.

Statistical M ethods

The data were statistically analyzed by using descriptive
statistics by Statistical Package for the Social Sciences, version
20 (IBM).

Results

Demographics

A total of 76 physicians completed the survey. We achieved a
response rate of 62.54%. Overall, 43 (56%) participants were
male. Nearly two-thirds (46/76, 60%) had medical dermatology
astheir speciaty (Table 1).
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Table 1. Demographic data.

Mleeh et a

Variable Value, n (%)
Gender
Male 43 (56)
Female 33 (43)
Practice level
Consultant 53 (69)
Specidist 15(19)
Senior resident 8(10)
Subspecialty
Medica dermatology 46 (60)
Surgica dermatology 6(7)
Pediatric dermatology 2(2)
Other 22 (29)

Hydroxychloroquine-Related Questions

Morethan half of the participants (41/76, 53%) reported treating
1 to 3 patients with HCQ during the last year. More than half
of the respondentsreported that they prescribed 400 mg per day
of HCQ, and 25 (32%) of them knew that the correct dose is
“equal to or less than 5 mg/kg ABW or 400 mg per day.” A
total of 32 (42%) respondents reported prescribing HCQ
between 1 and 2 years, and 24 (31%) of them reported
prescribing HCQ for less than 1 year (Table 2).

A total of two-thirds of the participants (47/76, 61%) reported
that they screen patients before initiating HCQ treatment, and
22 (28%) of them reported that they screened patients during
the first year of HCQ treatment. The main screening tests
recommended by the participants were an ocular examination
(58/76, 76%) and visual field testing (41/76, 53%). Nearly half
of the participants (37/76, 48%) reported performing ascreening

http://www.i-jmr.org/2019/4/e15218/

test for patients with no risk factors before initiating HCQ
treatment (Table 3).

Regarding follow-up, 45/76 (59%) participantsreported “ yearly
after starting the treatment” for no-risk patients, whereas 72
(94%) of them reported “yearly within 5 years of treatment” for
at-risk patients. The main follow-up screening test was an ocular
examination, performed by 59 participants (77%; Table 4).

Themainrisk factorsreported by the participantswere“ previous
ocular pathology” (80%) and “HCQ cumulative dose” (68%;
Table 5).

Themajority of the participants (63/76, 82%) reported that they
never stopped the treatment because of abnormalities in
screening tests; however, 21 (27%) physicians stopped
treatment, as the ocular examination revealed abnormalities. A
total of two-thirds of the participants (52/76, 68%) reported
“follow ophthalmology recommendation” asthe main action if
the screening test result was abnormal (Table 6).

Interact JMed Res 2019 | vol. 8 | iss. 4 [€15218 | p.60
(page number not for citation purposes)


http://www.w3.org/Style/XSL
http://www.renderx.com/

INTERACTIVE JOURNAL OF MEDICAL RESEARCH Mleeh et d

Table 2. Dermatology practice—related questions.
Variable Value, n (%)

In the past year, how many patients did you care for, who were treated with HCQ? ?

1-3 41 (53)
46 13(17)
7-10 4(5)

More than 10 18 (23)

What dose of HCQ do you usually prescribe?

200 mg od 23(30)
200 mg bid 47 (61)
6.5 mg/kg 2(2
5 mg/kg 1(2)
100 mg od 2(2
What isthe optimal recommended dose for HCQ to reducetherisk of retinopathy? (n=72)
200 mg once daily 16 (21)
200 mg twice daily 6(7)

Equal to or lessthan 5 mg/kg of the actual body weight or 400 mg per day 25 (32)

What isthe average time your patientsare currently treated with HCQ?

1-2 years 32 (42)
3-4 years 10 (13)
Lessthan 1 year 24 (31)
More than 4 years 10 (13)

8HCQ: hydroxychloroquine.
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Table 3. Screening-related questions.

Mleeh et a

Variable

Value, n (%)

Do you recommend screening tests for all patients starting treatment with HCQ??
No
Sometimes
Yes
When do you perform the screening tests?
Before initiating HCQ treatment
During the first year of HCQ treatment
During the first 5 years of HCQ treatment
Only in patients at risk
Which tests would you recommend for screening?b
Ocular examination
Color testing
Visual field testing
Spectral domain optical coherence tomography
When would you recommend screening tests for a patient without risk?
Before initiating HCQ treatment
During the first 5 years of HCQ treatment
During the first year of HCQ treatment
Only in patients at risk

6(7)
9(12)
61 (80)

47 (61)
22 (28)
303
4(5)

58 (76)
13 (17)
41 (53)
19 (25)

37 (48)
10 (13)
25 (32)
4(5)

3HCQ: hydroxychloroquine.
BMulti ple-response question.

Table 4. Follow-up-related questions.

Variable

Value, n (%)

What isthe recommended time of follow-up screening testsfor patientswithout risk?
Yearly, after 3 years of treatment
Yearly, after 5 years of treatment
Yearly, after started the treatment

What isthe recommended time of follow-up screening testsfor patientsat risk?
Yearly, after 5 years of treatment

Yearly, within 5 years of treatment

Which follow-up testswould you recommend??
Ocular examination
Color testing
Visud field testing
Spectral domain optical coherence tomography

1(1)
30 (39)
45 (59)

4(5)
72 (94)

59 (77)
15 (19)
43 (56)
25(32)

M ultiple-response question.
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Table5. Factors considered by dermatologists as risk factors for retinal toxicity.

Risk factor® Value, n (%)
Age (years)

<30 2(2

>70 51 (67)
Renal function 36 (47)
Liver function 26 (34)
Treatment duration 51 (67)
HCQP dose 28 (36)
Cumulative HCQ dose 52 (68)
Previous ocular pathology 61 (80)
Concomitant tamoxifen use 18 (23)
Genetic factors 22 (28)

3\ ultiple-response question.
bH CQ: hydroxychloroquine.

Table 6. Abnormal screening tests.

Variable

Value, n (%)

Have you ever stopped HCQ® therapy because of an abnormal screening test?

No

Yes

If yes, which test was abnor mal 72
Ocular examination
Color testing
Visual field testing
Spectral domain optical coherence tomography

63 (82)
13(17)

21(27)
8 (10)

15 (19)
11 (14)

If one of the screening testsis abnor mal, what would be your next step?

Decrease the dose
Follow ophthalmology recommendation

Stop the medication

2(2)
52 (68)
22 (29)

3\ ultiple-response question.

Discussion

Hydroxychlorogquine Uses and Benefits

HCQ was first discovered in the late 1960s as an antimalarial
drug by Shearer and Dubois [8,10], and it has since been used
as an autoimmune treatment because of its antifibrotic,
antithrombotic, antidyslipidemic, and antihyperglycemic
properties [11-19]. It is not fat absorbable, with an orad
biocavailability of 70% and ahalf-life of nearly 2 months. HCQ
is mostly excreted via the liver and, to a little extent, via the
kidneys [20]. The drug decreases flares and the production of
autoantibodies by inhibition of the toll-like receptor pathways
[21,22].

The usualy prescribed dose of HCQ is 4 to 6 mg/kg/day [23],
and new guidelines recommend not exceeding 6.5 mg/kg of the

http://www.i-jmr.org/2019/4/e15218/
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ideal body weight (IBW) or 400 mg/day [9]. HCQ-induced
retinopathy risk in optimal doses was found to be 5.0 mg/kg
ABW [9], especidly in thin patients [8], and 6.5 mg/kg IBW
doses in obese patients, with a 400 mg/day maximum [9]. In
patients receiving 5.0 mg/kg HCQ, the annual risk was lower
than 1% and 4% within 10 and 20 years of treatment,
respectively [4]. Patients with high daily doses exceeding 5
mg/kg ABW have been reported to be a a 10% risk for
developing progressive retinopathy within 10 years of treatment
initiation. In contrast, those receiving a dose of 4 to 5 mg/kg
had less than 2% risk for developing progressive retinopathy
within 10 years of treatment initiation [9,24-26]. Cumulative
risk factors contributing to the development of retinopathy
include retinal, macular or renal disease, and use of tamoxifen
(risk of retinopathy increased more than 5 times the normal)

[9.
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Previous cohort studies have shown that median whole-blood
HCQ levels>750 ng/ml and >500 ng/ml will result in significant
improvement and remission [21,27-29]. In our study, more than
half of the 76 dermatologists reported treating 1 to 3 patients
with HCQ during the last year. More than half of the respondents
prescribed a dose of 400 mg per day, and nearly 30% of them
knew that the correct dose was <5 mg/kg ABW or 400 mg per
day. Furthermore, approximately 40% participants reported
prescribing HCQ between 1 and 2 years, whereas 31.6% of
them reported prescribing HCQ for less than 1 year. Cox and
Paterson [30] reported a study with the maximum number of
responders, 325 dermatologists, and a response rate of 70%,
but the dosage differed from that in our study. Nearly 90% of
the patients were started on a dose of 200 mg, and only 10% of
them received 400 mg of HCQ [30]. In another study, by
Gilhooley et a [31], a bias was found because of the small
amount of data; 36% (n=20) of the respondents in the study
were dermatologists.

The AAO recommendations of HCQ dose not exceeding 6.5
mg/kg and 400 mg/day were followed by nearly 60% of
rheumatologists[8]. In thisstudy, the main follow-up screening
testswere ocular examination (77.60%) and visual field testing
(56.6%). However, a study conducted by Shulman et al [10] in
2017 in Tel Aviv, Israel, showed that 5% of rheumatol ogists
and 15% of ophthalmologists were aware of baseline and
follow-up evaluations of HCQ-induced retinopathy [10].

The majority of our participants stated that they recommended
ascreening test for all patients who were started on HCQ, and
morethan half of them reported recommending screening before
initiating HCQ treatment, and <30% of them reported
recommending screening during thefirst year of HCQ treatment.
Compared with our study, in the study by Shulman et al [10],
85% of responders recommended baseline screening tests. It
was found that nearly 30% of the rheumatologists and more
than half of the ophthalmologists will delay HCQ treatment
before completion of investigations [8].

Regarding follow-up recommendations for this study, nearly
60% of the participants reported annual screenings for patients
without risk, whereas 94.7% of the participants reported annual
screening during 5 years of treatment among high-risk patients.
In the study by Gilhooley et a [31], data obtained were similar
across respondents, including dermatologists and
rheumatologists. A total of 43% of the respondents requested
ophthalmology screening in the first year of diagnosis and then
yearly, following 5 years of treatment [31]. Furthermore, 16%
of both dermatologists and rheumatologists reported that a
referral to ophthalmology would be recommended, with 12%
requesting screening pretreatment, if visual impairment was
found [31]. In contrast to the study by Shulman et a [10], in
the study by Marmor et a [8], nearly 10% of responders
advocated baseline follow-up investigations, following 5 years
on medications in low-risk patients, whereas more than half of
them proposed regular yearly investigations, and almost 30%
of them maintained that usua investigations performed
periodically were adequate.

The AAO guidelineshighly recommend follow-up investigations
after 5 years of therapy, with yearly investigations thereafter in
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low-risk patients and in high-risk patients who are on chronic
treatment for more than 5 years, with comorbidities, elderly,
with >1000 g total consumption, with >6.5 mg/kg of daily
dosing. Thisis because the risk of retinopathy increasesto 1%,
following treatment for 5 to 7 years or use of cumulative dose
of 1000 g among those with prolonged used of HCQ [8].

The main risk factors in this study were previous ocular
pathology (reported by 80% responders), followed by HCQ
cumulative dose (reported by 68% responders) and age >70
years and treatment duration (reported by 67% each). In
comparison with the study by Shulman et al [10], in our study,
risk factors associated with retinopathy were identified by only
4% of the responders [10].

In our study, the mgjority of the respondents (82%) reported
that they never stopped HCQ treatment because of an
abnormality, where the main test showing an abnormality was
ocular examination (reported by 27%). A total of two-thirds of
the respondents reported follow-up  ophthalmology
recommendation as the main action if the screening test was
abnormal. Similarly, in the study by Shulman et al [10], nearly
80% of rheumatol ogists and 50% of ophthalmologists stopped
HCQ treatment to some degree at onetime because of uncertain
retinopathy. When questioned about retinopathy, 25% of
rheumatologists and approximately 5% of ophthalmologists
advocated discontinuation of the medication, with no additional
investigations, whereas more than half of the respondersfavored
discontinuation of the medication with other investigations.
More than 10% of rheumatologists and nearly 30% of
ophthalmologists recommended adhering to the medication
along with investigations [8].

Progression of HCQ-induced retinopathy can occur even if the
drug is ceased [11,32]. According to a study conducted by
Costedoat-Chalumeau et al [21], therelativerisk of relapse was
2.5-fold higher in patients for whom classical medication was
replaced with placebo than those who were maintained on
classical medication.

A joint recommendation in the United Kingdom suggests that
dermatol ogists should be familiar with HCQ-induced retinopathy
screening because of the increasing number of users [33]. To
the best of our knowledge, this study is the first of its kind to
be conducted in Saudi Arabia. This study recommends further
studies to assess the factors responsible for following
ophthalmologic recommendations by the dermatologists, and
this study recommends a further randomized controlled trial to
compare the different ophthalmologic screening processes.

Limitations

Although our sample size was much larger than any reported
articleinthefield, and the study hasreached itsaim, there were
some limitations that need to be highlighted. First, our study
was across-sectional study, and it covered ashort interval time,
and thereisapossihility that the responses are not representative
of al health care providers. Second, response bias may be
possible, which was particularly affected by refusal of someto
participate or failure to complete the questionnaire, and this
could be attributed to lack of interest and time, which resulted
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in their exclusion from the study. Finally, there was a lack of
studiesin the literature in the field.

Conclusions

We conclude that dermatologists in Saudi Arabia are not well
informed about the latest AAO recommendations regarding
screening for HCQ toxicity in terms of tests, follow-up timing,
cessation of the drug, and causative agents. Furthermore, we
found that these dermatologists are somewhat knowledgeable
about the latest recommendations pertaining to HCQ treatment;
however, there was a bias in this study because of the small

Mleeh et a

number of responders. The benefits of continuing treatment
with HCQ should outweigh the risks of treatment
discontinuation, and risk factors that may exacerbate toxicity
should be considered. We recommend conducting more studies
in Saudi Arabiato evaluate the adherence of a greater number
of physicians. Education of patients is also necessary for
effective and safe treatment with HCQ. Patients are advised to
schedule ophthalmology visits if there are any visual changes
or any new comorbidities, including renal/liver diseases or
significant weight changes.
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