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Background
	● Sjögren’s disease (SjD) is a chronic, systemic, autoantibody-driven disorder that is characterized 

by glandular dysfunction, which typically presents with symptoms such as oral and ocular dryness, 
fatigue, and pain1,2

	– These symptoms occur in more than 80% of patients with SjD, of whom approximately 90%  
are female1,3 

	– In addition to direct symptoms, systemic features are variable and occur in 30% to 40% of patients1 
	– Moreover, patients with SjD have an increased incidence of developing non-Hodgkin lymphoma, 

with a 4- to 16-fold higher risk of lymphoma versus the general population4

	● Both the direct symptoms of SjD and the development of 
systemic features impose a significant clinical, humanistic,  
and economic burden on affected patients and impact their 
ability to participate in society2

	● There is limited information regarding the economic burden 
associated with SjD, including direct, indirect, or societal costs, 
which affects our understanding of the implications for patients 
living with SjD

Methods
SLR 

	● The SLR was developed in agreement with the Preferred Reporting Items for Systematic Reviews and Meta-Analyses (PRISMA) statement 
	● Searches were conducted from the MEDLINE and Embase databases (via OvidSP), covering the period from January 1, 2014, to July 14, 2025

	– Specific inclusion and exclusion criteria were applied in a 2-stage screening process, initially with titles and abstracts followed by the full text, to identify and shortlist publications of interest
	– The population of interest was patients with SjD and study types of interest included clinical trials, observational studies, economic evaluations, and health care resource utilization (HCRU) studies  

that were published in English and contained data on HCRU (eg, hospitalizations, outpatient visits, emergency room visits), direct medical costs (eg, pharmacologic treatments including supportive  
and off-label medication costs, administration costs, diagnostic costs, physician costs, hospitalization costs), indirect medical costs (eg, productivity losses due to absenteeism or presenteeism,  
caregiver burden), or societal costs 

	– Additional manual searches were performed using the bibliographies of relevant studies, Google Scholar, disease-specific websites, and conference proceedings
	● The screening process was conducted by 2 independent reviewers at each phase, with any disagreements resolved by a third independent reviewer 

Patient Focus Group
	● While the SLR provides comprehensive, measurable data and metrics on HCRU costs and productivity loss associated with SjD, it is crucial to also consider the personal experiences of patients
	● A focus group of 3 patients living with SjD was convened to generate qualitative insights on themes of diagnosis, treatment, and burden of disease that are not fully captured by quantitative metrics alone
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Key Takeaways
Current published studies demonstrate that SjD results in 
considerable direct health care costs from hospitalizations, 
outpatient visits, emergency room care, and dental visits

Indirect costs, primarily arising from lost productivity, further 
amplify the economic burden of SjD

Patients with SjD report that the economic burden of SjD and 
its effect on their ability to work negatively impact their lives

Together, these costs underscore the significant financial 
burden of SjD on both individuals and health care systems, 
encompassing direct health care costs, indirect costs, and  
work productivity loss, thereby highlighting the need for 
effective therapies to treat SjD and reduce its economic impact
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SLR Workflow and Output
	● A total of 2563 records were initially retrieved from the Embase and MEDLINE databases by 

keyword searches (Figure 1)
	● Following duplicate removal and filtering with specific inclusion and exclusion criteria,  

333 records were considered relevant
	– An additional 53 relevant records were identified through manual searches, bringing the 

total to 386 records
	● Further review identified 59 records that reported outcomes related to economic burden, 

with 49 unique studies assessed
	– These records formed the basis for all subsequent analyses

Figure 1: Summary of SLR workflow, filtering, and output  
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aExclusion criteria included a noninterest population (n = 16), noninterest outcomes (n = 192), noninterest study types (n = 22), a non-English language 
source (n = 3), a duplicate record (n = 3), or a nonaccessible publication (n = 2). 
bManual search included using Google; Google Scholar; disease-specific websites; and conferences by the American College of Rheumatology,  
International Symposium on Sjögren's Disease, European League Against Rheumatism (EULAR), International Congress on Autoimmunity,  
American Association of Immunologists (AAI), Academy of Managed Care Pharmacy (AMCP), and the International Society for Pharmacoeconomics  
and Outcomes Research (ISPOR).  
SLR=systematic literature review.

Geographic Distribution of Study Sites
	● In total, 20 countries were represented in the identified records that reported outcomes 

related to economic burden (Figure 2A)
	● Study sites spanned 5 continents (Figure 2B)

Figure 2: Distribution of studies 
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A. Countries with studies 

aTwo studies included data from both North American and European countries; 1 study included data from North American, European, and  
Asian countries.

Table 1: Studies that measured the total direct HCRU costs of SjD  

Study population Country Cost type Metric Costs

SjD vs non-SjD5 Canada Total cost (CAD) PPPY, mean (IQR); times increase 11,748 (9640-13,856) vs  
4213 (3762-4665); 2.8×

pSjD vs non-pSjD6 USA 1. Total all-cause cost (USD)  
2. SjD-related cost (USD)

1. PPPY, mean; times increase  
2. PPPY, mean; times increase

1. 10,729 vs 6534; 1.6× 
2. 2214 vs 1503; 1.5× 

SjD (with DED) vs non-SjD7 China Total cost (CNY) PPPY, mean; times increase 7637 vs 1179; 6.5×
SjD (with DED) vs non-SjD8 Canada Total cost (CAD) PPPY, mean; times increase 2689 vs 2203; 1.2×

pSjD vs non-pSjD9 Sweden Total cost (SEK) Total cost (SEK) per patient,  
median (IQR); times increase 

23,735 (9907-58,180) vs  
8128 (2822-24,540); 2.9×

SjD vs non-SjD10 Italy Total cost (Euro) PPPY, mean; times increase 1171 vs 372; 3.1×
Post- vs pre-diagnosis  
of SjD11 USA 1. Total cost (USD)  

2. SjD-related cost (USD)
1. PPPY, mean; times increase  

2. PPPY, mean
1. 20,417 vs 14,612; 1.4× 

2. 1742 vs NA
pSjD12 South Korea Total cost (USD) PPPY, mean 503 in 2012 and 643 in 2016
SjD13 USA Total cost (USD) PPPY, mean 5748
pSjD14 South Korea Total medical costs (USD) PPPY, mean 2260.2
SjD subgroups  
(rituximab vs PBO)15 UK Total cost (GBP) Per patient over 48 weeks, mean; 

times increase 10,752 vs 2672; 4.0×

pSjD subgroups  
(extra-glandular vs  
glandular disease only)6

USA Total cost (USD) PPPY, mean; times increase 14,387 vs 4878; 2.9×

SjD subgroups with RA 
(abatacept vs anti-TNFs)16 USA Total adjusteda cost (USD) Per patient per 180 days, mean; 

times increase 17,050 vs 27,469; 0.6×

SjD subgroups  
(with vs without ILD)17 USA Total cost (USD) Per patient per 180 days, mean; 

times increase 23,192 vs 8648; 2.7×

SjD subgroups  
(ESSDAI ≥5 vs ESSDAI <5)18 USA Total cost (USD) PPPY, mean; times increase 15,656 vs 11,165; 1.4×

SjD subgroups  
(with other autoimmune  
disease vs pSjD only)19

France Total cost (Euro) PPPY, mean; times increase 8819 vs 5780 in 2011; 1.5× 
13,273 vs 9710 in 2018; 1.4×

aAdjusted after controlling for baseline Charlson Comorbidity Index and other comorbidities of interest. 
DED=dry eye disease, ESSDAI=EULAR Sjögren’s syndrome disease activity index, EULAR=European Alliance of Associations for Rheumatology, HCRU=health care resource utilization, ILD=interstitial lung disease, IQR=interquartile range, 
NA=not available, PBO=placebo, PPPY=per person per year, pSjD=primary Sjögren’s disease, RA=rheumatoid arthritis, SjD=Sjögren’s disease, TNF=tumor necrosis factor.  

Direct Costs
	● Of the 49 identified studies, 15 reported total direct costs. A summary of each study is shown in Table 1 

	– US-focused studies represented 40% of identified results
	● The average total direct HCRU cost for patients with SjD was 2.8 times higher than for patients without SjD5-11 (Figure 3A)

	– In the United States, the average cost for patients with SjD was 1.5 times higher than for patients without SjD6,11

	● Total direct HCRU costs increased with SjD severity (measured by European Alliance of Associations for Rheumatology 
[EULAR] Sjögren's syndrome disease activity index [ESSDAI] score and systemic [extra-glandular] manifestation) and with 
additional comorbidities (interstitial lung disease [ILD] and other autoimmune diseases; Figure 3B)

	● When total costs were examined by category, the costs of medications and dental care, annual hospital, emergency room, 
and outpatient visits were all higher for patients with SjD compared with those without SjD

Indirect Costs
	● Of the 49 identified studies, 3 reported total indirect costs; a summary of each study is shown in Table 2
	● On average, patients with SjD and dry eye disease had 2 times higher total indirect HCRU costs than those  

without SjD

Table 2: Studies that measured the total indirect cost of SjD  
Study population Country Metric Costs

SjD (with DED) vs non-SjD7 China Indirect cost (CNY) PPPY, mean;  
times increase 828 vs 487; 1.7×

1. SjD (with DED) vs non-SjD8 
2. SjD with DED by severity  
(overall vs mild vs moderate vs severe)8

Canada Indirect cost (CAD) PPPY, mean;  
times increase 

1. 41,094 vs 17,694; 2.3× 
2. 24,331 vs 5961 vs 16,525 vs 25,485

SjD20 Canada Indirect cost (CAD) per patient, mean Weekly cost: 377  
Annual cost: 14,092

DED=dry eye disease, PPPY=per person per year, SjD=Sjögren’s disease. 

Productivity Loss
	● Productivity loss was reported in  

16 unique studies and measured 
using the Work Productivity 
and Activity Impairment (WPAI) 
questionnaire (Figure 4)

	– Activity impairment was found 
to be 27% to 61% in patients with 
SjD, with overall work impairment 
between 26% to 38% 

	– Absenteeism ranged from  
2.4% to 27% and presenteeism 
ranged from 21% to 35% in 
patients with SjD

Patient Perspectives
	● To capture qualitative insights into the disease burden and associated costs, patients with SjD provided feedback on their experiences of living with 

SjD; direct quotes are highlighted in Figure 5
	– Symptoms of SjD cause significant disruptions to patients’ daily lives that make it challenging to work, raise a family, run errands, and maintain 

personal relationships
	– Patients were unable to work due to fatigue and brain fog, which caused career changes, the inability to afford living alone, and a lack of  

financial security

Figure 5: Patient quotes about the burden of SjD in their daily lives  

Patient perspectives

“When I think about going on a biologic, it’s something I would have to take
long term. So, then I go, financially, am I going to be able to do this? If my

insurance changes, and I need this drug and I can’t afford it, I’m going to be
totally screwed. So, maybe I’m better off just learning to survive without the 

drug, which is a horrible thing to think about…There’s this kind of snowball
effect with taking a biologic.”

“As my eyes…got healthier, then everything changed again, and my
prescription changed. I still don’t have a good pair of eyeglasses if I

want to take my contacts out. So, those kinds of things are expensive.
To your question before about expenses, insurance doesn’t pay for

everything that you think insurance should pay for.”

“I could barely get up in the morning to
 take care of my kids, to go to work, 
to come home and just be passed out

on the couch.”

“I have my business and luckily, the Sjögren’s community
has funded and helped me survive financially.”

“…Speaking to the loss of friends and the things that you [do], because I used
to be very high energy, jumping in, helping with family. I have lots of nieces

and nephews. And I can’t do that anymore. So, my role as a friend and
in my family has completely changed, and people don’t understand that.”

SjD=Sjögren’s disease.

Figure 3: The burden of direct HCRU costs for patients with SjD (A) overalla and (B) stratified 
by disease severity and associated comorbidities   
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aIncluded studies that reported total direct cost metrics for patients with SjD compared with patients without SjD (n = 7). 
ESSDAI=EULAR Sjögren’s syndrome disease activity index, EULAR=European Alliance of Associations for Rheumatology, HCRU=health care resource utilization, ILD=interstitial lung disease, 
SjD=Sjögren’s disease.

Figure 4: WPAI-reported productivity lossa in patients with SjD  
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aThe WPAI questionnaire was used to assess activity impairment, overall work impairment, absenteeism, and presenteeism. 
SjD=Sjögren’s disease, WPAI=Work Productivity and Activity Impairment.

Objective
To identify, evaluate, and summarize the economic burden of disease on patients with SjD through a systematic literature review (SLR) and to gain 
further insights on the overall burden of SjD from patients
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