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Abstract

Immune thrombocytopenia (ITP) has a substantial, multifaceted impact on patients'
health-related quality of life (HRQoL). Data describing which aspects of ITP physi-
cians and patients perceive as having the greatest impact are limited. The ITP World
Impact Survey (I-WISh) was a cross-sectional survey, including 1507 patients and
472 physicians, to establish the impact of ITP on HRQoL and productivity from
patient and physician perspectives. Patients reported that ITP reduced their energy
levels (85% of patients), capacity to exercise (77%), and limited their ability to per-
form daily tasks (75%). Eighty percent of physicians reported that ITP symptoms
reduced patient HRQoL, with 66% reporting ITP-related fatigue substantially reduced
patient HRQoL. Patients believed ITP had a substantial impact on emotional well-
being (49%) and 63% worried their condition would worsen. Because of ITP, 49% of
patients had already reduced, or seriously considered reducing their working hours,
and 29% had considered terminating their employment. Thirty-six percent of patients
employed at the time of the survey felt ITP decreased their work productivity, while
51% of patients with high/very high symptom burden reported that ITP affected
their productivity. Note, I-WISh demonstrated substantive impact of ITP on patients'
HRQoL both directly for patients and from the viewpoint of their physicians. Patients
reported reduced energy levels, expressed fears their condition might worsen, and
those who worked experienced reduced productivity. Physicians should be aware
not only of platelet counts and bleeding but also the multi-dimensional impact of ITP

on patients' lives as an integral component of disease management.
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1 | INTRODUCTION

Primary immune thrombocytopenia (ITP) is an autoimmune disorder
characterized by reduced platelet counts (< 100 x 10?/L) and increased
bleeding risk in the absence of another cause or disorder associated
with thrombocytopenia.® In adults, its prevalence ranges from 9.5 to
12.1 cases/100 000 in the United States, rising with increasing age.?>

The impact of ITP and its treatments on patient health-related
quality of life (HRQoL) may affect the entire spectrum of patients'
lives, encompassing daily activities, emotional health, energy level,
fatigue, and work productivity. The HRQoL is often reduced in
patients with ITP compared with healthy controls.*¢ Compared with
age-matched and sex-matched controls, patients with ITP have lower
work productivity, more physician visits, and are more likely to take
sick leave.” These findings of reduced HRQoL in patients with ITP are
largely undisputed. However, one patient survey reported only 11%
of respondents felt ITP “often or extremely” affected their school or
work activities, and only 7% reported non-occupational activities were
adversely affected by their disease.® Another survey of patients with
ITP and hematologists reported a reverse mismatched perception of
disease impact on HRQoL;® 71% of “ITP-experienced” hematologists
felt patient HRQoL was moderately to substantially impaired, whereas
only 34% of patients reported any impairment.” These findings may
be consistent with a study of more than 400 patients showing that
those with chronic ITP (disease duration = 12 months) reported being
less affected by ITP than patients with persistent disease (duration of
ITP 3-12 months). This suggests patients become so accustomed to a
life with reduced HRQoL that they may think it is their “normal”.%*
This hypothesis has been validated in patients with ITP who red-
iscover their energy after treatment.'®

There are limited data describing which aspects of ITP treating physi-
cians and patients perceive as having the greatest impact on HRQoL nor
is there a clear, overall description of the full range of effects on patients.

This report presents the results of the international, online, ITP
World Impact Survey (I-WISh) completed by 1507 patients and 472
physicians, summarizing the impact of ITP on various aspects or dimen-
sions of patients' HRQoL, and comparing patient and physician percep-
tions of symptoms and disease management. Survey data reporting on
the patient journey and symptoms associated with ITP will be reported
in a separate manuscript (Cooper et al., manuscript in preparation).

This report focusses on functional and psychological/emotional
impact of ITP on quality of life, work and activities, satisfaction with

treatment, and the relationship between the patient and physician.

2 | METHODS

21 | Study design

Thus, I-WISh was a cross-sectional survey of patients with ITP and
hematologists or hemato-oncologists, who treat patients with ITP,
from 13 countries (Canada, China, Colombia, Egypt, France, Germany,
India, Italy, Japan, Spain, Turkey, UK, and US). Patients > 18 years old,
diagnosed with ITP, who had not previously completed an I-WISh sur-
vey,!! were invited to participate.

Patient and physician surveys were developed by a steering group
that included hematologists clinically expert in ITP, and patient advo-
cates representing several different countries' ITP patient associa-
tions. The patient questionnaire comprised six sections and collected
information on demographics and diagnosis (seven questions), symp-
toms of ITP (four questions), HRQoL and emotion associated with ITP
(12 questions), impact of ITP on work, finances, and support (15 ques-
tions), treatment received (17 questions), and patient and physician
relationship (seven questions). The physician survey was similar in
many aspects and comprised six sections that collected information
on demographics (two questions), diagnosis of ITP and patient case-
load (seven questions), symptoms of ITP (five questions), impact of
ITP on aspects of patients' physical, emotional, HRQoL, and social
health (11 questions), treatment patterns (13 questions), and patient
and physician relationship (four questions). There were two questions
about the emotional impact of ITP and the responses were based on a
7-point Likert scale (1 = never, 7 = a great deal). There was one addi-
tional question on the need for professional support.

Patients also completed the newly-developed ITP Life Quality Index
(ILQ)*? that included 10 questions on impact of ITP on: work or studies,
time taken off work or education, ability to concentrate, social life, sex
life, energy levels, ability to undertake daily tasks, ability to provide sup-
port, hobbies, and capacity to exercise. The response options were
“never”, “sometimes”, “more than half the time”, and “all of the time”.

Patient surveys were sent by mass email to patient support net-
works and physicians who were requested to disseminate the survey
to patients. Physician surveys were emailed from local fieldwork agen-
cies. Surveys took approximately 30 minutes to complete. Fully de-
identified respondent information was collated and aggregated by
local fieldwork partners such that surveys were unlinked and
anonymized. The surveys and details of the survey methods, including
how patients and physicians were identified, have been outlined in

supplementary material.
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Survey materials and the study protocol were reviewed and
approved by central Institutional Review Boards (IRB) in both Europe
and North America. Patients and physicians were given an overview of
the study and the ethical approval details; those who wished to partici-

pate had to provide consent via a tick/check box before initiating.

2.2 | Statistical analyses

Patient and physician survey data were analyzed separately using
descriptive statistics. No formal hypotheses were tested. The objec-
tive of this research was to conduct a global study with a sample size
of over 1500 patients to understand the burden of living with ITP. As
finding a representative, well-matched control group would have been
very difficult given the nature of the study, we opted to evaluate as
many patients as possible in this exploratory analysis. This also
enabled us to meaningfully explore various subgroups.

Subgroups that were explored included sex (males vs females),
age (18-49 vs = 50 years), and symptom burden (low, moderate, high,
and very high). Symptom burden score for the time of ITP diagnosis
was retrospectively estimated by the patient when they completed
the survey. The overall symptom burden was calculated by summariz-
ing individual symptom severity scores and then dividing into quartiles
where Q1 = lowest symptom burden and Q4 = highest symptom bur-
den (supplementary methods).

3 | RESULTS

The I-WISh survey was completed by 472 physicians and 1507
patients between December 2017 and August 2018. The largest num-
ber of patients and physicians were recruited from the US, China, and
the UK (Table S1). Physicians had a mean (SD) ITP patient caseload of
34 (50) and saw a mean (SD) of 18 (36) newly diagnosed patients in
the past year (Table S2).

The mean age of patients with ITP was 47 years, 65% were
female, and respondents had been diagnosed with ITP a median of
5 years earlier (Table S2). Forty-eight percent of patients reported a
high or very high symptom burden at diagnosis (Table S2).

3.1 | Impact of ITP on functional aspects of
patients' HRQoL

Within the I-WISh survey, the ILQI asked 10 questions that explored
the impact of ITP on aspects of patients' daily lives within the last
month (Figure 1A). Sixty percent, or more, of patients answered
“sometimes” to “all the time” to all 10 questions. The aspects most
affected (“more than half the time” or “all the time”) were energy
levels (42%; n = 631/1505) and ability to exercise (34%; n = 515/
1505), with the other eight aspects being most affected between 15%
and 25% of the time. Fewer patients recruited by physicians (35%)
reported that ITP affected their energy levels compared with patients
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recruited by PAGs (47%). Seventy percent of patients reported some
impact of ITP on their social lives and 60% reported impact on their
sex lives. More than one-third of patients had high or very high symp-
tom burden at diagnosis (n = 590, 39%) and 97% (n = 572) of these
patients stated that ITP reduced their energy levels at some time.

Similar to the patient response, where 75% of patients felt the
ability to undertake daily tasks was impacted by their ITP at least
sometimes, two-thirds (63%, n = 297/468) of physicians felt that ITP
had a negative effect on the overall level of physical activity in their
patients (a score 2 5 on a 7-point Likert scale; 7 = a great deal).

Fifty percent of patients reported fatigue as a symptom at the
time of survey completion and 73% reported difficulty concentrating
at least sometimes. Physicians (n = 465) reported that 38% of their
patients felt fatigued and, of these, considered that 46% experienced
a high level of fatigue (score = 5 on a Likert scale 1-7; 7 = completely
fatigued). Eighty percent (n = 378/472) of physicians reported that
ITP symptoms reduced patient HRQolL, and 66% (n = 313/472)
reported that ITP-related fatigue substantially reduced patient HRQoL
(score = 5 on a Likert scale 1-7; 7 = a great deal).

3.2 | Impactof ITP on patients' psychological and
emotional well-being

Almost half of patients (49%, n = 739/1507) felt that ITP negatively
impacted their psychological and emotional well-being (score 25 on a
Likert scale 1-7; 7 = a great deal). The issues most affected were concerns
that their condition would worsen (63%; n = 954/1507), about
unexplained fluctuations in platelet levels (63%; n = 949/1507), the
importance of having stable and safe platelet levels (53%; n = 803/1507),
and feeling anxious/nervous about their platelet counts (53%, n = 803/
1507) (Figure 1B). Fifty-one percent of women and 46% of men, and
53% of younger patients (aged 18-49 years) and 44% aged > 50 years
stated that ITP negatively impacted their emotional well-being.

Seventy percent (n = 411/590) of those with high/very high
symptom burden at survey completion reported a negative impact on
their emotional well-being, with the main issues being the same as
those for all ITP patients: worries that their condition will worsen
(80%; n = 473/590), concerns about unexplained fluctuations in plate-
let levels (76%; n = 446/590), and frustration about having to tolerate
their symptoms (72%; n = 425/590). Similar to patient responses, 69%
of physicians (n = 316/459) felt that patients' anxiety about their
platelet levels had a substantial negative impact on their emotional
well-being (score 6 or 7 on a Likert scale 1-7; 7 = a great deal). Thirty-
nine percent of patients believed their doctor thought they felt better
than they actually did.

Forty-one percent of patients (n = 618/1507) were worried about
dying (score = 5 on a Likert scale 1-7; 7 = a great deal); this proportion
was the same for both women and men. Forty-four percent of youn-
ger patients (aged 18-49 years) reported worries about dying com-
pared with 38% of older patients (aged = 50 years). Forty-eight
percent (n = 220/459) of physicians felt that their patients were wor-
ried about dying from ITP.
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(A)

How often has ITP impacted your energy levels? (n = 1505)

How often has ITP negatively impacted on your normal capacity to exercise? (n = 1505)
How often has ITP impacted your undertaking of daily tasks? (n = 1504)

How often has ITP impacted on your working life or studies? (n = 1221)

How often has your ITP impacted your ability to concentrate on everyday tasks? (n = 1501)
How often has your ITP negatively impacted your hobbies? (n = 1504)

How often has ITP impacted on your social life? (n = 1501)

How often have you taken time off work or education because of your ITP? (n = 1200)
How often has your ITP impacted your ability to support people close to you? (n = 1503)

How often has your ITP impacted your sex life? (n = 1170)

(B)

| worry that my condition will get worse

| worry that my platelet count goes up and down for no apparent reason
It is important to me that | have a stable and safe platelet count

| often feel anxious/nervous about my platelet counts

| feel frustrated by having to put up with the symptoms of my disease

| worry about my disease

Overall impact on emotional well-being

| am stressed about my ITP condition

| worry about dying

| feel helpless because of my ITP

I am worried that | often feel worse than my doctor thinks | feel

| often worry about my physical appearance (i.e. bruising, rashes, lumps)

| often wear long sleeved clothing, even when it is warm, to hide the signs of bleeding

B Sometimes More than half the time W Allthe time

L] +16% = 42%
] +12% = 34%
] +5% =23%
| +8% =25%
. +5% =22%
. + 7% =25%
L] +6% =22%
] +4% =15%

. +5% =16%
] +10% =24%

0 20 40 60 80 100
Proportion of patients (%)

Likert scale score

m 1-3 4 u 57
I 6390
I G 3 %o

0 20 40 60 80 100
Proportion of patients (%)

FIGURE 1 A Proportion of patients reporting an impact of ITP on daily living (ILQI). ITP, immune thrombocytopenia. n = number of
respondents. Note: The remaining respondents all replied “never”. B, Patient-perceived factors driving a psychological/emotional impact in ITP.
ITP, immune thrombocytopenia. N = 1507 for all questions. There were “not stated” responses for two questions: “It is important to me that |
have a stable and safe platelet count” (n = 2) and “I worry that my platelet count goes up and down for no apparent reason” (n = 1). Note: %
values refer to the proportion of patients scoring 5-7 on a 7-point Likert scale indicating the greatest psychological/emotional impact

There was evidence of concern about physical appearance,
however patients did not rate this concern as high as other issues.
Thirty-five percent (n = 527/1507) of patients indicated substantial
concern about physical appearance (ie, bruising, rashes, and lumps),
and 28% (n = 422/1507) of patients reported wearing long-sleeved
clothing to hide evidence of bleeding (score > 5 on a Likert scale 1-
7; 7 = a great deal) (Figure 1B). When separated by gender, 31% of
males were not concerned about physical appearance (Likert score
of 1) compared with 22% of females; however, the proportions of
women and men reporting concern about their physical appearance
were similar (score 25 on a Likert scale 1-7; 7 = a great deal).
Thirty-nine percent of younger patients (aged 18-49 years) voiced
concerns about their physical appearance compared with 30% of

older patients (aged > 50 years).

3.3 | Impact of ITP on work and activities

The Organisation for Economic Co-operation and Development
(OECD) indicates that, across its 37 member countries, 68.9% of the
population of working age (15 to 64 years of age) are employed and
that 16.5% of this total are in part-time employment.*® At survey
completion, 60% of respondents reported that they were employed,;
44% (n = 661/1507) were in full-time employment and 16% (n = 235/
1507) in part-time employment (Table 1).

Forty-nine percent of respondents (n = 538/1091) reported that
they had reduced or seriously considered reducing their working
hours because of their ITP, with 29% (n = 307/1070) reporting that
they had considered terminating their employment (Figure 2A). Over-

all, 11% of patients were forced to stop working because of their ITP,
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with this figure rising to 19% for patients with a very high symptom
burden. Fourteen percent of respondents had declined a promotion
because of their ITP, increasing to 21% for patients with a very high
symptom burden (Figures 2A,B).

Over one-third of patients who were employed at the time of the
survey (36%; n = 319/896) felt ITP negatively affected on their pro-
ductivity at work (score 25 on a scale of 1-10; 10 = completely
prevented from working), especially those with high or very high
symptom burden. Proportions of women and men reporting an impact

of ITP on their work productivity were similar, and 40% of younger

TABLE 1 Current employment status

Patients
Current employment status, n (%) (n = 1507) N = 1507
Working full-time 661 (44)
Working part-time 235 (16)
Retired or not working and not seeking 344 (23)
employment

Homemaker 102 (7)
Student 68 (5)
Long-term sick leave or disability 48 (3)
Not working, seeking employment 37(2)
Other 12 (1)
(A)

Seriously considered reducing your hours (n = 1091)

Reduced hours (n = 1164)

Considered terminating your job (n = 1070)

Changed from full-time to part-time employment (n = 1065)

Voluntarily stopped working (n = 1091)

Taken early retirement (n = 941)

Declined a promotion (n = 945)

Been terminated or made to stop working (n = 1039)

0 10 20 3 40 5 60 70 80
Proportion of patients (%)

(©)

10 - Completely prevented

Score

1 - No effect

0 5 10 15 20 25 30
Proportion of patients (%)
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patients (18-49 years; median duration of ITP 4 years) reported a high
impact on productivity at work compared with 27% of patients aged
> 50 years (median duration of ITP 7 years).

Forty-three percent of all patients reported that their ITP affected
regular activities outside of work (described as work around the
house, shopping, childcare, exercise, and studying [score 25 on a
scale of 1-10; 10 = completely prevented productivity]) (Figure 2C).
Proportions of women and men who reported an impact of ITP on
their regular activities were similar. Forty-eight percent of younger
patients (18-49 years) reported an impact on regular activities com-
pared with 39% of patients aged 2 50 years (Figure 2D). Fifty-two
percent (n = 239/461) of physicians felt that ITP had a negative
impact on their patients' ability to undertake daily activities (food

preparation, housework, gardening, childcare, and oral hygiene).

3.4 | Patient satisfaction and perception of
treatment

Patients were asked about their satisfaction with the current pharma-
cological interventions being used for treating their ITP. Patients who
were being treated with anti-CD20 agents reported the greatest over-
all satisfaction regarding control of their ITP (79%; n = 55/70), with
similar results for thrombopoietin receptor agonists (76%; n = 182/
240), intravenous immunoglobulin (69%; n = 77/112), but less positive

(B) Symptom burden
B Very high (n = 308) High (n=282) W Moderate (n=270) m Low (n=374)

Seriously considered reducing your hours 49

Reduced hours

Considered terminating your job

Changed from full-time to part-time employment

Voluntarily stopped working

Taken early retirement

Declined a promotion

Been terminated or made to stop working

10 20 3 40 5 6 70 80
Proportion of patients (%)

(D) W >50 (n = 659)

10 - Completely prevented

18-49 (n = 847)

Score

1 - No effect

0 5 0 15 20 25 30 35
Proportion of patients (%)

FIGURE 2 A, Effect of ITP on employment status. B, Effect of ITP on employment status by symptom burden. ITP, immune
thrombocytopenia. C, Effect of ITP on regular activities. D, Effect of ITP on regular activities by age. ITP, immune thrombocytopenia
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results for corticosteroids (53%; n = 194/368). Only 38% (n = 95/
250) of patients who had undergone splenectomy reported being
satisfied with the procedure (score 25 on a Likert scale 1-7;
7 = strongly agree). Nine percent (n = 10/111) of patients with nor-
mal platelet counts after splenectomy reported that they regretted
having the operation even though it worked (score = 5 on a Likert
scale 1-7; 7 = strongly agree), with 14% (n = 16/111) saying it was
causing them other problems.

Patients (n = 1497-1507) and physicians (n = 472) both identified
the ability to offer sustained remission or cure of ITP (patient score
90/100; physician score 82/100; 100 = highest importance) and
reduction of bleeding risk (patient score 87/100; physician score 86/
100) as the attributes with the highest importance when making deci-
sions about treatment and management. This perception was similar
by sex or age group. Keeping side effects to a minimum and avoiding
immunosuppression were also very important. Patients and physicians
were very well aligned in their perceptions of what was most
important.

3.5 | Treatment goals and relationship with
physician

Outside of sustained remission or a cure for ITP and reducing side
effects, the three most important treatment goals identified by
patients were “healthy blood counts” (64%; n = 968/1507),
“preventing episodes of worsening of my ITP” (44%; n = 661/1507),
and “increasing my energy levels” (41%; n = 613/1507) (Figure 3A).

For physicians, the top three goals (beyond a cure for ITP) when
treating patients with ITP were “reduction of spontaneous bleeding”
(72%; n = 340/472), “better quality of life” (64%; n = 300/472), and
“healthy blood counts” (51%; n = 240/472) (Figure 3B).

Eighty-nine percent (n = 422/472) of physicians felt that patients
were satisfied with the treatment goals that had been set, and 81%
(n = 382/472) felt that their patients were satisfied with the ease and
convenience of prescribed medication. Seventy-four percent
(n = 1118/1505) of patients felt their physician was aware of their
treatment goals, and 70% (n = 1058/1506) somewhat/strongly agreed
that their current treatment was helping them to achieve their goals;
the proportions by gender (67% women and 76% men) and age
groups were similar. Seventy-six percent (n = 1148/1507) of patients
reported they were satisfied that the physician responsible for their
care understood and supported their treatment goals, and 77%
(n = 1157/1506) reported they were satisfied that their physician con-
sidered their needs when planning their treatment goals. Satisfaction
with support, and consideration of needs was similar between sex and
age groups.

Physicians felt that their patients had a high level of satisfaction
regarding aspects of their care (score =5 on a Likert scale 1-7;
7 = completely satisfied); 86% (n = 407/472) and 87% (n = 410/472)
of physicians felt that their patients were satisfied with their treat-
ment decisions and management of their condition, respectively. Sev-
enty-eight percent (n = 1180/1506) of patients reported satisfaction

with the management and treatment of their ITP (score = 5 on a Likert
scale 1-7; 7 = completely satisfied). Physicians felt patients were gen-
erally satisfied (88%; n = 417/472) with the level of communication
about their disease and treatment, while 79% (n = 1198/1507) of
patients reported that they were satisfied with the level of communi-
cation from their physician about their disease and treatment. Satis-
faction with management and treatment of ITP and physician
communication about disease and treatment were similar for sex and

age group.

4 | DISCUSSION

In this online survey, patients and physicians reported considerable
impact of ITP on patient HRQoL, with reduced energy levels and
capacity to exercise, and limited ability to perform daily tasks. Patients
also described substantial influence on their emotional well-being and
many worried their condition would worsen. Those patients who were
working felt ITP negatively affected their productivity, with nearly half
having already reduced, or seriously considered reducing, their work-
ing hours. Thirty-six percent of patients employed at the time of the
survey felt ITP decreased their productivity at work.

Reduced QoL was first described in adults with ITP in 2008 and
this has been confirmed many times thereafter.*® Generic tools like the
SF-36 have indicated a reduced QoL in patients compared with controls
or the general population, in particular for physical and social activi-
ties.*®** These validated tools are useful in exploring overall QoL.
However, they are not disease-specific and do not identify the key fac-
tors that have the greatest impact on the HRQoL in patients with ITP.
The 10-scale ITP-patient assessment questionnaire (PAQ), which was
not available at the time of design of this study, suggested that success-
ful treatment of ITP was associated with improvement in HRQoL.*®

The I-WISh survey, which included the 10-question ILQI, is a
novel, very extensive QoL questionnaire which identifies the degree
of impact that ITP has on patients' HRQoL, emotional health, social,
personal, and work life. Concerns about unstable platelet counts, low
energy levels, inability to exercise, and reduced participation in
hobbies and work had the greatest negative impact. While most
patients reported “good health”, nonetheless half of patients reported
a negative impact on their emotional well-being that worsened with
increasing burden of disease and was often substantial. This “overly
good” report about health may reflect that they were not bleeding at
the time of survey completion, but probably more so that they were
acclimated to their reduced state of energy, and did not consider this
in their “health” assessment, perhaps not realizing it was at least par-
tially connected with the ITP. People also have the tendency to say
that they are “fine” when asked.

Previous evidence reported fatigue in 1/5 to 1/2 of adults with
ITP.?1¢ Note, I-WISh found that 50% of patients reported fatigue at
the time of survey completion, and physicians believed that 38% of
their patients experienced fatigue. A control sample population similar
to those with ITP is unfortunately not available for comparison of

levels of fatigue in the general population.
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(A) Most frequently selected treatment goals (>30% where selected
in top three goals; >5% where selected as main goal)

Top three goals Main goal

Iﬁ Healthy blood counts ﬁ)ﬁ)ﬁiﬁﬁﬂi] 64% ﬂﬂﬁii 35%

Preventing episodes of worsening of my ITP

(d
x Increasing my energy levels iﬁﬁﬂl 1% ﬁﬁ 20%
n n Improving my quality of life ﬁﬁﬁﬂ. 38% m. 7%
=

o 6 o o @ (
Reducing my spontaneous bleeds/bruising Twwﬂ 38% wq 14%,
Patients were asked to select and rank their top three treatment goals, with 1 being the most important

(B) Most frequently selected treatment goals

Top three goals

Reduction in spontaneous bleeds ﬁﬁﬁiﬂﬁil 72%

[£

Better quality of life

Healthy blood counts ﬂﬁiﬂil 51%

Symptom improvement ﬂﬂﬁj 35%

Slow/delay progression of disease Twm 26%

o B e

Physicians were asked to rank their 3 most important treatment goals for your patients, other than a cure for ITP,
with 1 being the most important

FIGURE 3 Top three treatment goals identified by A, patients and B, physicians. Most frequently selected treatment goals (patients and
physicians were asked to select and rank their top three treatment goals)
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Previous evidence from a discussion group of 23 patients found
that patients reported restrictions in their social activities due to
bruising.'® So, I-WISh also identified concerns about physical appear-
ance, including bruising, as an issue in 35% of patients with ITP to the
extent of wearing long-sleeve clothing. Health professionals working
with patients with ITP need to consider the impact of physical appear-
ance and fatigue on HRQoL, and adjust their management accord-
ingly. Surprisingly, this was not different between males and females.
As initially reported using the ITP-PAQ,*® ITP has an impact on sex life
as well as social life and this was confirmed here in 60% and 70% of
patients, respectively.

Work and productivity were negatively impacted by ITP; almost
half of patients reported they had reduced, or seriously considered
reducing, their working hours because of ITP. Work hours were espe-
cially impacted for patients with a very high symptom burden, with
over two-thirds of these patients seriously considering reducing their
work hours, and 62% actually reducing their hours at work at some
point. Up to 25% declined a promotion, had to take early retirement,
or quit their job. This can create conflict in having to work to avoid
long-term financial burden on the patient and their family. There is
also the conflict of having to take time off to visit (and pay) the physi-
cian. This area requires further exploration, but ITP clearly had quite a
substantial effect in the approximately 20% of patients with a very
high symptom burden.

Differences between physician and patient viewpoints on HRQoL
have been reported. This survey reflected the increased awareness of
reduced HRQoL and low energy in patients with ITP by physicians who
were experienced in the care of ITP. Given how many ITP patients these
physicians see per year, more than 40 on average, it is not surprising that
80% of physicians reported that they felt ITP symptoms reduced their
patients’ QoL. In general, the differences in their impressions and that of
their patients was, remarkably, relatively small and well-aligned. The lead-
ing hypothesis to explain the absence of greater complaints by patients is
that patients may be so acclimated to their condition (median 5 years of
ITP) that they fail to realize that their energy level and QoL are reduced
compared to “normal” because their normal has been low for so long.*
This suggests that it is not enough to accept a patient’s self-report that
they feel well and necessitates an exploration into their activities, for
example using the ILQl. Reduced HRQoL may be a reason to consider
both greater exploration of the underlying reason and treatment of the
platelet count in a non-bleeding patient.

Eighty-five percent of physicians felt their patients experienced
anxiety about platelet counts, whereas this was identified as an issue
in 53% of patients. Nonetheless, unexplained fluctuations in platelet
counts were identified as a major patient concern. Similar proportions
of physicians and patients identified fear of dying from ITP as an issue
(48% vs 41% respectively). It is the first time that concerns about
dying from their disease have been studied as a specific issue for
patients with ITP. Given the very low rate of death in adequately man-
aged, non-elderly patients with ITP, this fear is disproportionate to
the factual risk. This may be a result of the physician having to explain
at diagnosis the risk of fatal bleeding to the patient and his/her family
and this being etched into their consciousness and reinforced

whenever (if ever) the platelet count falls. The origin of this concern
may also feasibly be the internet.

Although most patients (64%) reported a high score for their cur-
rent health state (score 5 to 7 on a 7-point Likert scale; 7 = excellent
health), with only 15% reporting a low score (1-3), the evidence sug-
gests that they still frequently have important complaints.

So, I-WISh was a large international survey of 1507 patients with
ITP and 472 physicians from 13 countries. Selection bias is a limitation
of this study because patients completing the survey were likely to be
motivated and potentially have more severe disease than patients
who chose not to complete the survey. Recall bias is another limita-
tion because patients were asked to describe past experiences to esti-
mate their QoL at the time of diagnosis and, therefore, caution is
advised when interpreting these retrospective data. Because of the
online method of survey distribution to patients, it was not possible
to estimate the response rate ie, how many patients declined to com-
plete the survey. Nonetheless, I-WISh has been able to extensively
explore the patient’s perspective of living with ITP and identify those
elements that are most important to the patient providing real-world
insight into living with ITP. Discovering the impact on work and fear
of dying are among those which are novel and important; however, it
was reassuring that the goals of treatment were well-aligned between
patients and experienced physicians who concordantly felt that their
communications were generally good.

5 | CONCLUSIONS

Understand ITP has an adverse impact on HRQoL and day-to-day func-
tioning for many patients that can be expressed in many ways. The
I-WISh survey provides unique insights into the perspectives of patients
with ITP and the physicians who treat them, amplifying understanding
of the multifaceted effects of ITP on patients' lives, one example being
the burden of work and reduction in its productivity. Issues and con-
cerns highlighted in this survey for both physicians and patients
included fluctuating platelet counts, fear of worsening of disease and
dying, impaired social and sex lives, and desire to avoid immunosuppres-
sion. Further exploration of specific effects of ITP in individual patients
is needed so that these findings can be better integrated into manage-
ment of patients with ITP. Survey data reporting on the patient journey
and symptoms associated with ITP will be reported in a separate manu-
script (Cooper et al., manuscript in preparation).
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