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ABSTRACT

Sjogren’s syndrome is a chronic autoimmune disease associated with the lymphocytic infiltration of exocrine
glands such as the salivary and lacrimal glands. Lichen planus is a chronic inflammatory disease which may
affect the skin, nails, scalp and mucous membranes. Both diseases show similarities in many aspects such as
oral mucosal involvement, etiopathogenesis and relation with immune diseases. And the studies report the
concurrence of these two diseases.We diagnosed a 55-year-old female patient, who had had mouth ulcers
for a year, with oral lichen planus and Sjogren’s syndrome. We aim to draw attention to co-existence of these
two diseases which have very limited data in the literature.
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OZET

Sjogren sendromu, tiikriik ve gozyasi gibi ekzokrin bezlerin lenfositik infiltrasyonu ile karakterize kronik
otoimmiin bir hastaliktir. Liken planus ise deri, tirnak, skalp ve mukoz membranlari etkileyebilen kronik
inflamatuvar bir hastaliktir. Her iki hastalik mukozal tutulum, etyopatogenez ve otoimmin hastaliklarla iligki
gibi bir cok ydnden benzerlikler gosterir. Calismalarda bu iki hastaligin birlikteliginden bahsedilmektedir. Biz
bir senedir agiz yaralari olan 55 yasinda kadin hastaya oral liken planus ve Sjogren sendromu tanisi koyduk.
Literatlrde birlikteligine dair sinirli veri bulunun bu iki hastaliga dikkat cekmek istiyoruz.

Anahtar sozciikler: Oral liken planus, Sjégren sendromu, otoimmdinite
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Introduction

Sjogren’s syndrome (SS) is a chronic autoimmune
disease associated with the lymphocytic infiltration of
exocrine glands such as the salivary and lacrimal glands
(1).SS may be primary or secondary to other autoimmune
diseases such as rheumatoid arthritis. The frequency of
the disease varies between % 0,5- 2,7 according to the
different classification criteria. The estimated prevalence
of the primary SSis about % 1-1,5. It is seen especially 40-
50 years old women and the female:male ratio is 9:1 (2,3).

Symptoms and findings such as impaired oral
hygiene associated with dry mouth, difficulty in eating
dry foods, parchment-like tongue, and dry and cracked
lips are observed, and these pathologies may result in
candidiasis and dental cavities (4).

Furthermore, oral lesions of autoimmune etiology
(OLAIE) are usually ignored in SS patients. Likar-Manookin
et all reported that OLAIE such as lichen planus (LP)
and ulcerative stomatitis are not uncommon among
SS patients (5). One of these lesions, LP, is a chronic
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inflammatory disease which may affect the skin, nails,
scalp and mucous membranes (6). LP is characterised
by isolated or groups of papulas which have special
locations and these papulas have different colours and
distrubition(7). The prevalence of the disease is less than
% 1. The incidence of the disease may vary according to
the regions such as % 0,78 in Sweden, % 0,44 in USA, %
0,14 in Palestine. In a study it is reported % 0,68 of the
patients who admitted to the dermatology outpatient
clinic is diagnosed as LP(8).

Oral lichen planus (OLP), a subtype of LP, involves
the tongue, lips and hard palate, particularly the buccal
mucosa (9). It has various clinical types such as bullous,
atrophic, reticular, papullar, plaque-like and erosive (10).
The mucosal involvement is seen 2/3 of the LP patients.
Oral and genital regions are the most common localized
for mucosal involvement. Mucosal involvement may
also be the first and only sign of the disease in the %
15-25 of LP patients. The frequency of the oral mucosal
involvement is about %15-35 and it increases up to % 50-
65 with the cutanous involvement (7). OLP is diagnosed
by the histopathological examination of the characteristic
lesions (11).

In this case, we are reporting a patient whom we
diagnosed with OLP(histopathologically reticular patern
and sporadic erosions) and SS.

Case Report

A 55-year-old female patient applied to our outpatient
clinic with complaints of dry mouth for 2 years, gritty
sensation of the eyes, and oral ulcers which had been
increasing for the last 1 year. The patient also showed
signs of Raynaud’s phenomenon. The patient had no
family history, and did not smoke or consume alcohol.
The patient’s physical examination did not reveal any
findings of arthritis or rash. However, she had bilateral
symmetrical reticular web structure with sporadic
erosions in the oral mucosa and upper and lower gingival,
and extensions to the buccal mucosa over the erosions
(Figure 1). No pathology was found in the examination
of the genital mucosa. Her laboratory test results were
as follows: erythrocyte sedimentation rate: 15 mm/
hour, CRP: 1.83 mg/L, RF: <20 IU/mL, ANA: Homogenous
1/160, Schirmer test 2/4. Because of these results, a
salivary gland biopsy requesting an ENA profile was
performed on the patient (Figure 2). Mononuclear cell
infiltration around the ductal structures was observed,
and the histopathological appearance was consistent
with Sjogren’s syndrome (Grade Il according to Masson
and Chisholm classification). Anti SS-A was positive, but
anti-SS-B was negative in the ENA profile. Additionally,
Anti-dsDNA was negative. Sporadic parakeratosis
was presented on the epidermis and was becoming
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more visible on the granular layer, and mononuclear
inflammatory cell infiltration under the epithelium on
the epidermis was observed in the biopsy of the patient’s
oral lesion (Figure 3). Histopathological appearance
was consistent with lichen planus. Also the patient
was diagnosed with Sjogren’s syndrome according to
American-European classification criteria.

Figure 1. Lichen planus: Sporadic erosions in the gingiva,
bilateral symmetric reticular web structure with extensions
to the buccal mucosa.

Figure 2. Salivary gland biopsy: Lymphocyte infiltration
around the ductal structures, focal lymphoid infiltration in
the upper left corner.
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Figure 3. Biopsy from the lesion in the oral mucosa: Band-
shaped lymphocytic infiltration in the dermoepidermal
junction.

Discussion

SS and LP are chronic inflammatory diseases and
similar in many aspects. The etiology of both diseases
are unknown, but they are thought to be autoimmune
conditions. SS and LP are less common in childhood and
more common in women over 40 years of age (9, 12-14).
In SS, the risk of lymphoproliferative tumors increases
with environmental factors, cytokine stimulation, viral
infections and genetic events (15). The risk of oral cancer
also increases in addition to NHL (16). Particularly the
erosive and atrophic variants of OLP ( the prevalence is %
0.2 - 4) have tumor potential (9, 14, 17).

While SS is a rheumatic disease which involves many
tissues and organs such as the mucosal membrane, skin,
lungs and kidneys, and particularly the exocrine glands,
LP is similar to SS with its involvement of tissues such as
the mucosal membranes, skin and nails (9, 12).

Since the protective effect of saliva is eliminated in SS
patients, these patients may experience a modified sense
of taste, difficulty in speaking and swallowing, loss of
teeth, and may develop oral infections. Nonspecific oral
lesions are also common in SS (5).

It has been reported that autoimmune diseases are
observed in 33% of SS patients. These comorbid condi-
tions include primary biliary cirrhosis, hypothyroidism,
Graves disease, discoid lupus, celiac disease and
scleroderma (18). OLP is associated with many factors

such as stress, chronic liver diseases, anxiety, diabetes,
infections, hypertension and autoimmune disorders
which include systemic lupus erythematosus (SLE),
rheumatoid arthritis (RA) and SS (19, 20). This means
that both SS and LP are associated with autoimmune
disorders, and both have immune dysfunction.
T-lymphocyte infiltration is a common immunological
factor in SS and LP (5). Sistig S et al. (21) have obtained
data on this relationship in their study with respect to the
role of serum immunoglobulin levels in the pathogenesis
of a group of oral diseases including OLP and SS. Previous
studies have also reported that immunoglobulin levels
increase in both OLP and SS (22, 23). Additionally, while
cytokines play an important role in the pathogenesis of
SS (24), they are also associated with pathophysiology of
LP (25). This data gives us the idea that both diseases are
also related in pathological manner.

OLP is diagnosed by histopathological examination.
The characteristics of the lesions are : hyperkeratosis
without parakeratosis, focal increase in the granular cell
layer, irregular acanthosis which leads to a “saw blade”
appearance, liquefaction degeneration in the basal cell
layer and band-shaped lymphocytic infiltration in the
dermoepidermal junction (11).

Our case had been experiencing mucocutaneous
symptoms for 2 years. She also had oral lesions, which had
been increasing for 1 year. She had bilateral symmetric
reticular web structure with sporadic erosions in the oral
mucosa and gingiva and extensions to the buccal mucosa
over the erosions. The patient had ANA, Schirmer test,
SS-A positivity, and the biopsy of her minor salivary gland
was compatible for SS. The histopathological appearance
of the biopsy obtained from the patient’s oral lesion was
consistent with lichen planus. The patient was diagnosed
with Sjogren’s syndrome and lichen planus. OLP is usually
diagnosed with clinical and histological assessments
(26). Another point of interest in this case was that the
patient was SS-B negative. In their prevalence study,
Likar-Manookin K et al. (5) found the SS-B antibodies to
be significantly negative in patients diagnosed with SS
and having oral lesions, and this situation was considered
a potential risk factor.

In our case, systemic prednisolone 40 mg/day and also
diclofenac sodium + triamcinolone acetonide gel 3x1,
benzydamine hydrochloride + chlorhexidine gluconate
oral rinse (3x1 as local treatment) was administered for
treatment of OLP. The patient’s complaints regressed
in the follow-ups, and her steroid dose was gradually
reduced. Additionally, hydroxychloroquine 200 mg
tablets 2x1 were administered for SS. The patient
responded positively to the treatment. Her oral lesions
clearly improved.
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In summary, the coexistence of SS and OLAIE has been

drawing more attention lately. Since the mucocutaneous
symptoms emerged earlier in our case we suppose that
SS might have triggered the development of LP.

Another possibility is the hypothesis that the same

immunological, genetic and/or environmental factor
might have played a role in the development of the
mentioned diseases because both diseases have similar
features in etiopathogenesis. Therefore, we wanted to
draw attention to the coexistence of OLAIE and SS.
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