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Abstract
Sarcoidosis is a systemic disease characterized by involving different organs with non caseating granuloma. The salivary glands are rarely affected ranging from 
4% to 6%. We report a case of a female, 52 years old with medical history of tuberculosis diagnosed with systemic sarcoidosis based on clinical, biological and 
histological findings. Magnetic Resonance Imaging (MRI) confirmed the involvement of parotids by sarcoidosis disease revealing cystic lesions which were 
characteristics.
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Introduction
Sarcoidosis is a systemic disease of unknown origin characterized 

by the formation of non caseating granuloma. It can involve all 
tissues including lungs, skin, joints, eyes and lymph nodes. Oto 
rhino laryngologic manifestations are rarely seen in 10% to 15% 
of sarcoidosis patients [1,2]. Salivary glands involvement, this 
uncommon localization was observed in 4% to 6% of patients with 
sarcoidosis. Parotid enlargement is the most common manifestation 
[3]. It can occur in up to 6% of patients [4]. Diagnosis of salivary gland 
involvement can be unrecognized and only known by histopathologic 
findings. Imaging features are non specific but can help in establishing 
diagnosis. We present a case of bilateral parotid gland sarcoidosis with 
good response to corticosteroid therapy.

Case Presentation
We report the case of a female, 52 years old, with a medical history 

of parotid and lymph node tuberculosis in June 2008 treated with good 
response, was admitted in internal medicine department in April 2010 
for parotid enlargement with cervical lymph nodes.

In June 2008, she presented skin nodule in her arm. Surgical 
excision concluded on tuberculosis. She received anti-tuberculosis 
treatment. After 2 months, she suffered from parotid enlargement 
with fever and deterioration of her general state. Clinical examination 
showed bilateral lymph nodes. Cervical ultrasound had shown 
nodular infiltration of parotids with jugular and sub mandibular 
lymph nodes predominant in the right side. The patient was already 
with anti-tuberculosis treatment. The diagnosis of parotid and lymph 
nodes tuberculosis was retained. The ultrasound checking done at 

4 months of treatment showed heterogeneous parotid glands with 
multiple cystic lesions and necrotic intra-parotid lymph nodes with 
persistence of cervical lymph nodes. A computed tomography was 
performed showing enlarged parotid glands with bilateral cervical 
lymph nodes (Figure 1).

At 6 months of treatment, in December 2008, parotid MRI was 
performed using axial and coronal sections weighted in T1, T1 fat 
sat and T2 with gadolinium injection. It showed enlarged parotid 
glands 3 cm × 6 cm × 6 cm with normal signal and enhancement and 
bilateral cervical lymph nodes 1.5 cm in the sub-mandibular region.

Progress showed regression of parotid swelling and persistence 
of sub mandibular lymph node. Also, we noticed the presence of 
cutaneous lesions of the scalp. Then, she was admitted. She suffered 
from dry mouth, dysphagia and dyspnea in intensive effort. Physical 
examination was normal. Blood pressure was at 130/90 mm Hg. 
Skin examination revealed erythematous plaques with serpiginous 
border involving the face and scalp with a yellow appearance at the 
vitro pressure. Cervical examination revealed sub-mandibular lymph 
node with 1.5 cm in diameter. She had no parotid enlargement. 
Ophthalmological examination did not show dry syndrome. 
Biological analysis found lymphopenia at 750 elements / mm3, 
accelerated sedimentation rate at 57 mm in the first hour and hyper 
gamma globulinemia (15.2 g/L) in electrophoresis. We detected hyper 
calciuria in urinary analysis. Angiotensin-converting enzyme  was 
elevated at 149 IU (Normal Value <70.2). Renal function, hepatic 
assessment and thyroid analysis were all normal. ANA search was 
negative. Chest X-ray was normal. Tuberculin intra dermoreaction and 
searching tuberculosis in sputum were negatives. Histo pathological 
findings of skin biopsy found granulomatous dermatitis. Salivary 
biopsy showed granulomatous sialdenitis observed in sarcoidosis. 
Chest imaging revealed two pulmonary nodules in the middle lobe of 
the right lung. There were also mediastinal intra-abdominal and retro-
peritoneal lymph nodes with thin pericardial effusion. Evaluation 
of respiratory functions revealed restrictive syndrome. Cervical 
ultrasound revealed heterogeneous parotid glands with intra-parotid 
nodes. The diagnosis of systemic sarcoidosis was retained with parotid 
involvement. The patient was treated by high doses of steroids for 6 
weeks and progressive digression. Three months later, progress was 
good with regression of parotid enlargement and cutaneous lesions 



013

Annals of Clinical Cases

2021 | Volume 2 | Article 1027© 2021 - Medtext Publications. All Rights Reserved. 

of the scalp. She received anti malaral medication with good progress. 
At six months of treatment, imaging results found accentuation of 
pulmonary nodules. The check of respiratory functions was normal. 
During her follow-up, we discovered osteonecrosis of femoral head 
and osteoporosis. Oral steroids were then stopped after 2 years 3 
months of treatment. In Mai 2015, she had recurrence of sarcoïdosis 
with lymph nodes, cutaneous and pulmonary involvement. She was 
treated by high doses of steroids with good progress.

Discussion
The diagnosis of sarcoidosis was based on clinical findings and 

supported by histologic evidence of granuloma formation. The 
involvement of salivary glands is rare observed in 10% to 15% of 
sarcoidosis patients [1,2] and can be clinically silent. Parotid glands 
are the most affected. Clinical findings are uni ou bilateral enlargement 
of these glands. Parotids swelling are typically bilateral (30% of cases) 
painless and firm on palpation [5-7].

Painful swelling can occur in up to 6% of patients [4]. 
Submandibular gland involvement considered to be rare presents as 
a painless swelling of the gland that can at times accompany parotid 
enlargement. It was reported that the majority of submandibular cases 
were in women, demonstrating a strong female preponderance  [5]. 
Heerfordt’s syndrome, another presentation of oro facial sarcoidosis, 
is characterized by the association of mild fever, bilateral parotid 
swelling, uveitis, and cranial nerve involvement (the seventh nerve 
palsy) [5,8,9]. Xerostomia is often present. Sarcoid infiltration of 
major salivary glands and the resulting xerostomia predispose patients 
to caries, periodontal disease, and candidiasis [10]. In patients with 
parotid involvement, labial biopsy can help to diagnose sarcoidosis 
like in our case. It shows evidence of granulomatous changes in 
up to 58% of sarcoidosis patients with parotid involvement [11]. 
Xerophthalmia can be present due to the infiltration of lacrimal glands 
by granuloma. In a study including 30 patients with sarcoidosis, 19.2% 
had xerophthalmia. Lacrimal gland involvement was more frequent 
in the patients with parotid involvement than in those without. In 
this same study, the parotid involvement was significantly associated 
with other extra pulmonary manifestations [12]. If the diagnosis of 
salivary gland sarcoidosis is confirmed, it is important to determine 
other organ systems involved. Imaging features are non specific in 

sarcoidosis of salivary glands but can help in establishing diagnosis. 
Computed tomography shows heterogeneous enlargement of the 
parotid glands due to infiltration with non caseating granulomas. It 
detects also calcifications. Magnetic Resonance Imaging is indicated if 
the link between parotid swelling and the disease of other organs wasn’t 
established in order to eliminate tumoral process. The normal adult 
parotid gland has a high T1-weighted signal and low to intermediate 
T2-weighted signal on conventional MRI. The presence of multiple 
hypo-intense foci in T1 and T2 corresponding to granulomatous 
nodules. We can observe hyper intense T2 [13,14]. In our case, the 
use of parotid MRI has been indicated because our patient had the 
history of tuberculosis treated. The diagnosis of systemic sarcoidosis 
with pulmonary involvement, parotid swelling, lymph node and 
cutaneous infiltration was based on clinical, biological, radiological 
and histological arguments. MRI performed at 6 months of anti-
tuberculosis treatment, showed enlarged parotid glands with normal 
signal and enhancement, without nodular lesion with bilateral 
sub-mandibular lymphadenopathy. Sarcoidosis involvement of the 
parotids was distinguished from involvement tuberculosis due to 
the cystic nature of the lesions. Corticosteroids are the therapy of 
choice for sarcoidosis with severe organ involvement [15].  Other 
agents may be used if corticosteroid was insufficient: methotrexate, 
azathioprine, cyclosporine, or antimalarian [16,17]. However for 
others, corticosteroid doesn’t have clear-cut benefit for patients of 
persistent, chronic sarcoidosis of the parotid gland. Patients that do 
not respond to steroid therapy may be responsive to infliximab, a 
monoclonal antibody against tumor necrosis factor-alpha (TNF-α). 
The level of circulating TNF-α is increased in patients of sarcoidosis 
and is also found in the sarcoid nodule [15].

Conclusion
In conclusion, although parotid gland swelling is an uncommon 

manifestation of sarcoidosis, this case shows that parotid gland 
sarcoidosis can be the first manifestation of sarcoidosis and should 
be included in the differential diagnosis. Knowledge of clinical 
symptomatology and imaging features could be a significant 
diagnostic clue.
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