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Case RepoRt
A 39-year-old male presented with a painless swelling on right side 
of the lower neck, at the anterolateral border of sternocleidomastoid 
muscle leading to an unaesthetic appearance. The swelling was 
present since birth, initially innocuous and gradually increasing to 
the present size of 4x2x2 cm; was firm, partly fixed to the skin but 
movable on deeper structures. There were no other symptoms or 
relevant medical history.

Ultrasonographic examination of the neck showed a 4x2 cm 
heterogenous lesion in the right paratracheal region of the neck in 
the subcutaneous plane [Table/Fig-1], with normal vascularity on 
Doppler colour scan. Fine needle aspiration cytology was done with 
reported suspicion of a salivary gland tumour [Table/Fig-2].

The lesion was excised with safety margins under general 
anaesthesia. It was subcutaneous, superficial to the cervical fascia 
and was excised completely with adequate margins.Grossly, the 
specimen was well circumscribed, measuring 5x2x2 cm and had a 
shiny, white and myxoid cut surface.

Histopathology revealed an encapsulated lesion comprising of 
epithelial and connective tissue components [Table/Fig-3]. Epithelial 
cells were arranged in the form of nests, cords and strands. Multiple 
ductal areas enclosing mucoid material were seen [Table/Fig-4]. The 
connective tissue was myxo-chondroid [Table/Fig-5]. The features 
were clearly suggestive of a benign mixed tumour of ectopic salivary 
tissue origin.

 

The patient has been followed up over a period of one and half 
years, with no recurrence or any symptoms.

DIsCUssIoN
Heterotopic salivary gland tissue (HSGT) is an architecturally normal 
arrangement of salivary tissue found in locations external to major 
and minor salivary glands [1]. The occurrence of HSGT in the neck 
is rare, mostly found in deeper tissue planes and it may manifest 
as a mass, cyst or a draining sinus [2]. Heterotopias have been 
described in lymph nodes, external auditory canal, hypophysis, 
mandible, mastoid bone, middle ear, tongue, sternoclavicular joint, 
thyroid and parathyroid glands and in upper and lower neck regions 
[2].

Embryogenesis of HSGT is not clear and is related to the anatomic 
site. Normally, migration of parotid and submandibular glands is 
limited to the region of the mandible and therefore cannot account 
for appearance of salivary tissue in the lower neck. The location of 
heterotopic salivary gland elements in the lower neck, suggests a 
relationship to the branchial apparatus, particularly the precervical 
sinus. In the 6th week embryo, growth of the 1st and 2nd branchial 
arches exceeds and encloses 3rd and 4th arch in an ectodermal 
pouch, thus forming a sinus. The sinus is normally obliterated by 
the end of 2nd month, failure of which leaves cystic vestiges in the 
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aBstRaCt
Heterotopic Salivary Gland Tissue (HSGT) is salivary tissue found in locations not normally host to it. Neoplasms occurring in these 
heterotopic tissues are very rare. Review of literature has revealed the neck to be host to HSGT and rarely, tumourigenic changes in 
these inclusions have been observed. 

We present a clinically unsuspected case of an ectopic pleomorphic adenoma of lower neck in which the ectopic salivary tissue 
was found in subcutaneous plane, which to the best of our knowledge has not been reported and was proved only on cytology and 
histopathology. There is a probability of this tumour undergoing malignant transformation. Therefore, these tumours need to be promptly 
diagnosed, adequately treated and should be included in the differential diagnosis of neck masses.

[table/Fig-1]: Ultrasonographic image of heterogenous well circumscribed lesion in 
the subcutaneous tissue (arrow)

[table/Fig-2]: Photomicrograph shows FNAC smear showing cohesive clusters of 
ductal cells (arrow) (MGG stain X100)
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neck. These ectoderm derived cysts are postulated to be capable 
of giving rise to salivary tissue [3,4].

Neoplasms arising from HSGT are uncommon with a histologic 
picture similar to that of lesions arising from normal salivary tissue 
[5]. Review of previous literature has suggested that heterotopic 
salivary tissue neoplasms found in the neck were often seen in the 
upper neck and Warthins tumour was the most common benign 
neoplasm followed by Pleomorphic Adenoma [2]. Pleomorphic 
adenoma is the most common neoplasm affecting parotid gland 
and accounts for 40 to 70 percent of minor salivary gland tumours. 
Occasionally, pleomorphic adenoma may arise from salivary glands 
in unusual locations [6]. Pleomorphic adenomas occurring in HSGT 
present in deeper tissue planes of the upper neck and around the 
anterior border of sternocleidomastoid muscle have been reported 
[7,8], but its occurrence in the lower neck and that too in the 
subcutaneous plane as in our case is extremely rare and makes 
it noteworthy. The distinctive location of Pleomorphic Adenoma in 
this case could be accounted for by one of the explanations given 
by Willis in 1968. Willis proposed 3 main hypotheses to explain 
this kind of heterotopias. These were: an abnormal persistence 
and development of vestigial structures; dislocation of portion of a 
definitive rudiment during mass movement and development; and 
abnormal differentiation of the local tissues (heteroplasia) [2].

Treatment modality for pleomorphic adenoma is resection with 
tumour free margins. Inspite of being a benign neoplasm, inadequate 
management of pleomorphic adenoma may lead to problems like 
local recurrence and malignant transformation into Carcinoma Ex-
Pleomorphic Adenoma (CEPA) or carcinosarcoma [9], and even 
more rarely metastasizing pleomorphic adenoma may occur [10].

Thus ectopic appearance of salivary tissue in an unusual location 
can pose a diagnostic dilemma to the surgeons and a thorough 
pathologic diagnosis is essential. The nature of the lesion needs to 
be ascertained and if benign it should be promptly and adequately 
eliminated. Detection of malignancy warrants a thorough 
investigation to validate whether it is a primary tumour in ectopic site 

or metastasis from a primary tumour of the normal salivary glands 
followed with neck dissection and subsequent radiotherapy.

CoNCLUsIoN
Neck is prone to a multitude of swellings with a varied differential 
diagnosis. Rarely a tumour of apparent salivary gland origin may be 
seen in the neck. Our case is a reiteration of previous reports, that 
tumour of heterotopic salivary gland tissue should be included in 
the differential diagnosis of neck swellings. A thorough pathologic 
confirmation is required. Detection of a malignant tumour demands 
investigations followed with appropriate treatment.
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[table/Fig-3]: Photomicrograph shows an encapsulated tumour mass (asterix) with tumour cells arranged as ducts (short arrow) and chords (long arrow)  (H&E stain X100) 
[table/Fig-4]: Photomicrograph shows small nests (short arrow) and strands of tumour cells (long arrow) interspersed in a chondro-myxoidstroma (asterix) (H&E stain X100) 
[table/Fig-5]: Photomicrograph shows chords of tumour cells (arrow) in chondro-myxoidstroma (asterix). (H &E stain X400)


