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Background Results (cont.)

% Figure 2. Article Type
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Qualitative study or survey I 62
Conensus, guideline, recommendation R 43

Review [N 32
Strategic plan [N 15

Study or clinical trial |G 13
PRO development [ 8
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unique insight into disease signs, symptoms, course, burden,
and treatment needs.!

4

Through lived experience, patients and caregivers can provide % r
)

!
This is especially the case in rare diseases, where frequently (
little information is available due to low prevalence.??3 !’
e
Observational/RWE study [l 6

Partnering with patients and caregivers as co-authors of peer-
reviewed articles is increasing and makes sense, especially for
articles describing patient experiences.4®
Preference stud 4 :
vy R Most frequent article types:

. ] Patient education 4 o
Ob ective Qualitative/survey
j Study protocol B4 o :
Consensus/guideline/recommendation

Examine the practice of including patients and caregivers as byline authors of Health economics |l 3 Review
peer-reviewed articles on the experiences of patients with rare diseases. Systematic review 1
Letter 1

_ o F 1
Abbreviations: PRO=patient-reported outcome; RWE=real-world evidence

Figure 3. Affiliation Terms
Embase and Medline were searched on June 20, 2024

for peer-reviewed articles published 2004—-2024 in
English on rare disease(s) and, using a validated
filter,” on the experiences, views, and values of
patients with rare diseases.

Articles with patient, caregiver, or patient
organizations as authors were identified using
“patient author”,® terms from a systematic review on
patient authorship,® and terms identified in an initial
search as the affiliation.

Associations were the identifying affiliation for 95%
This makes it unclear whether the author(s) themselves had lived experience.
“Patient author”, promoted recently as an affiliation,® was listed for only a single article.

A patient, caregiver, or patient association was the first author for 22% and the only
author for 7%.

o= 1494 %‘ED 197 Extensive manual work was
Total articles Articles with patient needed to eliminate records
selected or caregiver authors with irrelevant affiliations.

Numbers increased steadily since 2004 (Figure 1) Conclusions

Proportion with patient/caregiver authors increased steadily with time to 22% in 2021
but has fallen steadily since

Patients, caregivers, and especially representatives of patient associations are
increasingly visible as co-authors of peer-reviewed articles on the experiences,
views, and values of patients with rare diseases.

Figure 1. Articles Per Year

Patients and caregiver partners in research can — and should have the
With patient or caregiver authors MAIl articles on patient experience in rare disease = —Percentage . . : . .
120 5o opportunity to — be authors of peer-reviewed articles in accordance with
0
authorship guidelines.
160 To better understand the role and impact of people with lived experience as
120 20% authors, we need consistent ways of describing their participation and
identifying them in publication databases that also respect their preferences
120 and privacy concerns.
15%
100
References
Aartsma-Rus A et al. Nucl Acid Ther. 2022;32:118-22. Richards DP et al. Res Involv Engagem. 2020;6:38.
30 Maxi 229 McCray AT et al. Yale J Biol Med. 2021;94:687-92. Wessels M et al. J Med Libr Assoc. 2016;104:320-4.
a)fl mum 0 10% Velvin G et al. Orphanet J Rare Dis. 2022;17:212. Oliver J et al. Res Involv Engagem. 2022;8:12.
in 2021 Arnstein L et al. Res Involv Engagem. 2020;6:34.
60 Involving Patients as Authors of Company-Sponsored Journal Publications.
Part A-Patient and Industry Perspectives. 2022. August, at
https://globalforum.diaglobal.org/issue/august-2022/involving-patients-as-
40 59 authors-of-company-sponsored-journal-publications/
20 Acknowledgments
P Leventhal and D Drachmann contributed equally to this study. All authors have read and agree to ISPOR submission guidelines, publisher's disclaimer, and Al-
0 I 0% Assisted Content Disclosure. D Drachman is also affiliated with Ketotic Hypoglycemia International, a patient organization. Graphic design was provided by
0 Kawthar Nakayima of Evidera., a business unit of PPD, part of Thermo Fisher Scientific.
> O O A @@ O O VvV WDWY KX LW OO AN DO OO N A DY AN
QM V7 X V" V7 V7 &Y O &Y & QY &7 & QY QY QY V7 QU7 V7 Q7 (VY ol e : :
Q- Q7 QO Q Q Q Q Q” Q7 Q" Q" Q Q Q Q Q QY QY QY QY Q ©2023 International Society for Pharmacoeconomics and Outcomes Research. Reused with permission. This abstract was accepted and previously presented at
e 2 e 2 the ISPOR Europe 2024 conference; Barcelona, Spain. All rights reserved.
Presented at the 2025 European Meeting of ISMPP e 27-29 January 2025 e London, UK Funding provided by Evidera, a business unit of PPD, part of Thermo Fisher Scientific

N N i N L B



	Slide Number 1

