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ABSTRACT

Case Report

Sarcoidosis Presenting as
Isolated Gingival Enlargement:

A Rare Case Entity

PRAGYA TRIPATHI', JAIHANS AGGARWAL?, DEEPAK CHOPRA?, SUKHCHAIN BAGGA*, KANIKA SETHI®

Sarcoidosis is a non-caseating granulomatous disease . It is a multiorgan inflammatory disorder of unknown etiology. Conditions
affecting skin or other organs frequently involve oral cavity and rarely manifest as gingival disease. Here we are reporting a rare case in
which gingival hyperplasia was the initial symptom which finally led to the diagnosis of sarcoidosis. Oral mucous membrane needs to
be examined carefully as it may constitute in presenting first sign of systemic sarcoidosis.
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CASE REPORT

A 42-year-old male patient reported with a chief complaint of
intraoral localized painless swelling on the gums at the upper front
region with one month duration. There was no history of trauma,
infection, allergy, endocrine abnormality and intake of drugs. Family
history of similar swelling was noncontributory.

No abnormality was detected on extraoral examination and
lymphnodes were not palpable. Intra oral examination showed a well
demarcated round, soft, sessile, non-tender, non-ulcerated reddish
pink swelling on the left side of maxillary anterior gingiva measuring
1 x 1 cmin diameter [Table/Fig-1]. There was no history of tobacco,
beetel nut chewing or smoking reported by the patient. Oral hygiene
status was good and no carious lesions and subgingival deposits
were identified. IOPA x-ray was done which revealed no abnormal
finding [Table/Fig-2].

Treatment consisted of oral prophylaxis and excisional biopsy of the
gingiva [Table/Fig-3] from maxillary right anterior region and tissue
was sent for histopathologic assessment .Microscopic examination
of the biopsy sample revealed focal aggregates of chronic
inflammatory cells mainly plasma cells, lymphocytes, eosinophils
and multinucleated giant cells admixed with fibrous stroma giving
the appearance of non- caseating granuloma with an overlying
spongiotic parakeratinized stratified squamous epithelium [Table/
Fig-4]. All these were suggestive of a granulomatous lesion.

Differential diagnosis of granulomatous lesion include systemic
diseases such as Sarcoidosis, Crohn’s disease, tuberculosis as
well as lesions localized to the orofacial region such as Orofacial
granulomatosis.

Based on these findings complete haemogram, Montoux test and
PCR for M.tuberculosis on tissue sample was advised. Haemogram
was within normal limits. Mountoux and PCR was reported
negative.
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Patient was referred to general physician for further investigations.
Montoux, complete haemogram were repeated and serum
angiotensin converting enzyme (S-ACE) blood test were organized.
Again Montouxtest was negative while S-ACE levels were elevated
above the normal (83u/L). Further investigations included a chest
X-ray and CT scan. Chest X-ray showed lymphadenopathy [Table/
Fig-5] which was further confirmed by chest CT scan.

CT scan of chest showed lymphadenopathy in subcarinal (4x3),
pretracheal (3cm) and tracheobronchial nodes (3cm) with bilateral
hilar lymph nodes enlargement (2cm) whereas lungs appeared to
be normal [Table/Fig-6,7].

On the basis of CT findings, Endoobronchial ultrasound (EBUS) with
transbronchial needle aspiration was advised by the physician and
collected sample was sent for histopathological examination.

Collective Interpretation of the imaging (CT Scan) in conjunction with
the clinical information, haematological, biochemical investigations,
and histopathology ruled out tuberculosis and confirmed the
diagnosis of sarcoidosis.

Patient underwent systemic steroidal therapy for the management
of sarcoidosis as prescribed by the physician. Regular follow up
showed marked improvement which was confirmed by repeat CT
scan after one year [Table/Fig-8,9]. S-ACE level was in the normal
limits and CT scan revealed decreasein size of lymph nodes. Clinical
examination on one year follow up showed normal gingiva without
any sign of recurrence [Table/Fig-10].

DISCUSSION

Sarcoidosis is a granulomatous disorder that is characterized by
non caeseating granuloma that may affect any organ [1]. Head and
neck lesions of sarcoidosis are manifested in 10 to 15% of patients
[2,3]. Oral involvement of sarcoidosis is relatively rare and usually the
buccal mucosa, lips, gingivae, tongue and palate are the affected
sites [1,4]. Oral manifestation of sarcoidosis has been described
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[Table/Fig-1]: Preoperative [Table/Fig-2]: IOPA-X-ray (preoperative) [Table/Fig-3]: After excision [Table/Fig-4]: Histopathological view depicting a dense population of
chronic inflammatory cells, separated by a fibrous septa. Mainly the plasma cells, lymphocytes and eosinophils (1) with presence of multinucleate giant (2) cells are seen.

Connective tissue is highly fibrous in nature (High power magnification)
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[Table/Fig-5]: Preoprative chest X-ray [Table/Fig-6]: Preoperative CT-Scan

[Table/Fig-10]: Postoperative 1 year after
healing

[Table/Fig-9]: CT-Scan after 1
year

and includes multiple nodular painless indistinct ulceration of
gingiva, buccal mucosa, labial mucosa and palate [5]. This case
reports an unusual and uncommon presentation of sarcoidosis. In
this case gingival swelling presentation was distinct isolated, diffuse
and painless.

The diagnosis of sarcoidosis is established when clinical features as
well as chest X-ray are supported by histopathological evidence of
typical non-caseating epithelioid granuloma and exclusion of other
non-caseating granulomas [6,7] by taking the patients history of
weight loss, bowel discomfort and other systemic symptoms to
exclude other non caseating granulomas such as Crohns disease
and Orofacial granulomatosis.

The majority of cases of sarcoidosis have lung involvement (90%) in
the form of pulmonary infiltration and involvement of thoracic lymph
nodes [8]. Medical and radiographical examination usually reveals
pulmonary hypofunction and chest X-ray shows typical bilateral hilar
lymphadenopathy. Hematological and biochemical tests may show
elevated lymphocytopenia, increased liver enzymes, hypercalcemia
and increased serum angiotensin enzyme (S-ACE) [1,9]. S-ACE
is positive in 80% cases of sarcoidosis [9,10]. Histopathological
examination shows the typical non-caseating granulomas which
contain epitheloid macrophages surrounded by lymphocytes and
presence of Multinucleated giant cells .

Endobronchial ultrasound (EBUS) with transbronchial needle

aspiration is reliable tool for diagnosis of sarcoidosis or tuberculoosis
with intrathoracic lymphadenopathy [11,12].

In this case EBUS played a significant role in exclusion of tuberculous
lesion and confirmation of sarcoidosis.

www.jcdr.net

'

L

[Table/Fig-7]: Preoperative CT-Scan [Table/Fig-8]: CT-Scan after 1 year

Sarcoidosis of gingiva as a primary or initial lesion must be considered
highly unusual as there are relatively few reports of gingival
sarcoidosis. Thus the treatment of sarcoidosis is indivisualised based
on severity of disease and symptoms [13]. Accurate diagnosis of
sarcoidosis is a challenge to clinician. This disease is a disease of
uncertainity in terms of its cause presentation and clinical course.

CONCLUSION

Early diagnosis is a crucial step to prevent and cure unsightly
sequelae and sometimes avoid progression of systemic potentially
life-threatening sarcoid-related diseases. Considering the variable
clinical onset of sarcoidosis, a dentist, may be a first consulted health
care professional and hence plays an important role in detecting a
disorder.
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