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ABSTRACT
Sialadenosis also known as sialosis is a non-inflammatory and non-cancerous enlargement of salivary glands particularly the parotid
gland. It is commonly seen in age group of 40 to 70 years. It is an extremely uncommon cause for enlargement of the parotid gland.
Sialadenosis is a systemic disease that is associated with a variety of systemic disorders which includes the endocrine system
as in diabetes mellitus, pregnancy, hypothyroidism, acromegaly; dystrophic–metabolic disorders like malnutrition, avitaminosis,
alcoholism, chronic liver diseases; neurogenic disorders like dysfunction of the vegetative nervous system and various drugs
like anti-hypertensive agents, valproaic acid, isoprenaline, anti-thyroids. Out of these diabetes and alcoholism are most common
causes, management of sialosis is done by correcting the underlying cause. The present case is of a 50-year-old female patient
having bilateral enlargement of parotids. The swellings were diffuse, soft, non-tender and gradually increasing in size from past
three months. Past medical history revealed that patient was diabetic and was on irregular medication. Ultrasonography showed
diffusely enlarged, hyperechoic salivary glands suggestive of benign salivary gland lesion; possibility of sialadenitis and sialadenosis
was given and patient was advised Fine Needle Aspiration Cytology (FNAC). FNAC showed features of benign salivary gland
lesion suggestive of sialadenosis. The sialomegaly was associated with diabetes mellitus and it disappeared after start of regular
treatment. So, careful observation of cytological features along with clinical history can help in reaching a correct diagnosis and
prevent unnecessary surgical intervention.
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CASE REPORT
A 50-year-old diabetic female came to the cytology section for FNAC
of bilateral swellings on the pre-auricular region. The swellings were
bilateral ill-defined measuring 1.5x1cm in size, soft in consistency,
non-tender and freely mobile. They were gradually increasing in size
over a period of three months. The skin over the swelling was normal
with normal temperature. The patient had no discomfort during
eating and drinking. Medical history of the patient was taken. The
patient was a known case of type 2 diabetes on irregular medication.
No other relevant history was present. Ultrasonography showed
diffusely enlarged, hyperechoic salivary glands suggestive of benign
salivary gland lesion; possibility of sialadenitis and sialadenosis
was given and patient was advised FNAC and was subjected to
it. It was performed by using 20 ml plastic disposable syringe and
disposable 23-gauge needles. Blood tinged aspirate was obtained.
Five slides were made from aspirated material, two were fixed
with 85% isopropyl alcohol and stained with Haematoxylin and
Eosin (H&E), while three slides were air dried and stained with May
Grunwald Giemsa (MGG) stain. On microscopic examination, the
aspiration smears were moderately cellular having acinar epithelial
cells arranged in collections, papillae and singly scattered [Table/
Fig-1a,b]. Cells adherent to vascular stroma were also noted [Table/
Fig-2]. Individual cells were round, have small round nuclei and a
moderate amount of foamy cytoplasm [Table/Fig-3]. The background
showed numerous naked nuclei of epithelial cell origin and red blood
cells. Inflammatory cells were absent in the smears examined. Thus,
on cytology diagnosis of benign salivary gland lesion suggestive of
sialadenosis was made. The patient was then subjected to a set of
blood tests like complete blood counts, fasting blood sugar levels,
renal function tests and liver function tests. All were in normal range
except for fasting blood sugar which was 225 mg/dL. The patient
was prescribed oral hypoglycaemics and counselled to take regular
medication. On follow-up of the patient after 15 days, the swellings
subsided hereby proving that sialomegaly was due to underlying
systemic cause which is called sialadenosis.
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[Table/Fig-1a]: Photomicrograph showing cellular smears having acinar cells arranged in papillae, clusters (arrow) and singly scattered (MGG, X100).

[Table/Fig-1b]: Photomicrograph showing acinar cells arranged in clusters (arrow)
(MGG, X400).
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Most of the patients of sialadenosis present between 40 and
70 years of age [8]. In this case age of patient was 50 years. It
usually occurs bilaterally in parotid gland [9] as is seen in index
case. Sialadenosis occurs in association with systemic disorders;
patient in this case was suffering from diabetes and was on irregular
medication. After the cytological diagnosis the patient was started
with oral hypoglycaemics. On follow-up of the patient, the swellings
subsided and blood sugar levels were within normal limits. Clinically,
the patient presents with soft, often bilateral, non-tender, painless
and recurrent swelling of the parotid gland [1,9]. Similar findings
were seen in index case also.

[Table/Fig-2]: Photomicrograph shows acinar cells adherent to vascular stroma
(thick arrow). Naked nuclei of epithelial cell origin are also noted in the background
(thin arrow) (MGG, X400).

[Table/Fig-3]: Photomicrograph showing cluster of acinar epithelial cells having
small round nuclei and abundant amount of foamy cytoplasm (thick arrow). Naked nuclei of epithelial cell origin are also noted in the background (thin arrow) (H&E, 400X).

DISCUSSION
Sialadenosis also called as sialosis is a non-neoplastic and noninflammatory lesion of the salivary glands [1]. It is characterised by
progressive, painless and slow growing bilateral enlargement of
major salivary gland. However, unilaterality has also been reported
[2]. Sialadenosis usually involves parotid gland, occasionally
submandibular glands and very rarely minor salivary glands [2]. The
patients are mostly asymptomatic. It is associated with a variety
of systemic disorders, which includes the endocrine system as in
diabetes mellitus, dysfunction of gonads, pituitary gland, thyroid
gland, pregnancy; dystrophic–metabolic disorders like malnutrition,
avitaminosis, alcoholism, chronic liver diseases; neurogenic
disorders like dysfunction of the vegetative nervous system and
drugs like anti-hypertensive agents, valproaic acid, anti-thyroids [3].
Diabetes mellitus and alcoholism are the most common causes [4].
Pathogenesis of sialosis is explained as the neuropathic alteration of
autonomic nervous system of salivary gland acini [2].
The management of sialadenosis is by correcting the underlying
cause. No surgical procedure is required so an early diagnosis
is helpful in preventing any surgical intervention. FNAC being a
minimally invasive cost-effective procedure can be used for
diagnosis of such lesions. Clinical examination, with proper history
of patient and cytomorphology can be diagnostic. Very little has
been published about role of cytology in diagnosis of sialadenosis
[5-7]. In this case report, a case of sialadenosis diagnosed on
cytomorphology was reported.
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Cytomorphology was diagnostic in present case. FNAC yielded
cellular smears having acinar epithelial cells which appeared normal
or slightly increased in size. Cells adherent to thin fibrovascular
stroma were also seen. Background had many naked nuclei of
epithelial origin. No atypical cells or inflammatory cells were seen.
Absence of inflammatory cells rules out the inflammatory causes
of parotid enlargement. Absence of atypical cells rules out any
neoplastic condition. Similar cytological findings of sialadenosis
were described by Jagtap SV et al., and Pape SA et al., [5,6].
Most important cytological differential diagnosis for sialadenosis is
low grade acinic cell tumour [5]. Acinic cell tumours generally yield
abundant cellular material with a clean background [9]. Cluster of
cells are larger and irregular. Cells are less uniform and atypia is
prominent. Discrete round acini defined by basement membrane
and normal tissues including adipose and ductal cells as seen in
sialadenosis are not seen in acinic cell carcinoma [10-12]. Moreover,
history of underlying systemic disease rules out possibility of acinic
cell tumours. In present case there was no atypia, cells were uniform,
regular and acini were well defined by basement membrane. Another
diagnostic challenge in cytomorphology is aspiration of normal
salivary gland tissue i.e., ductal cells and acinar cells can lead on
to false negative diagnosis and diagnosis of sialosis can be missed.
So, a careful cytological interpretation along with clinical work up
can help reach a diagnosis [13].
Other differential diagnosis of bilateral parotid enlargements includes
Sjogren’s syndrome, Human Immunodeficiency Virus (HIV) infection
and Lymphoepithelial Disease and Sarcoidosis. Sjogren’s syndrome
is an autoimmune disorder associated with connective tissue
disease. It can be ruled out by clinical history of xerostomia and
xerophthalmia and with autoantibodies levels [14]. In HIV infection
and Lymphoepithelial diseases the presence of lymphoepithelial
cysts can be identified by CT scan. HIV testing can be done to rule
out HIV infection [14]. Sarcoidosis can be ruled out by radiology
and cytology features. Presence of lung infiltrates and hilar
lymphadenopathy can be detected radiographically. On cytology,
granulomatous pathology will be appreciated [14].

CONCLUSION(S)
Sialadenosis presents as soft, diffuse, painless, non-tender swelling
of salivary glands mainly parotids. It is usually bilateral but unilateral
cases have also been reported. Diagnosis of sialadenosis and
excluding other differential diagnosis like inflammatory, autoimmune
and neoplastic causes can be reached by clinical workup along with
detailed medical history and cytomorphology of the lesion. FNAC
being a cheap and minimally invasive procedure can be a useful
tool for reaching the diagnosis of sialosis. Meticulous interpretation
of cytological features can be useful for early diagnosis which will
be helpful in preventing unnecessary surgical burden on patient as
well as on doctor.
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