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Pleomorphic Adenoma Arising from
Heterotopic Salivary Gland Tissue

in the Submandibular Region

TOSHINORI IWAI', SATOMI SUGIYAMA?, HIROAKI KITAJIMA?, MAKOTO HIROTA*, KENJI MITSUDO?®

A 63-year-old male was referred to the Department of Oral and
Maxillofacial Surgery becasue of left submandibular painless mass which
has gradually grown for six years. The well-defined mass, measuring
approximately 15x15 mm, was mobile and elastic hard. He was a
nonsmoker and had no history of malignancy or tuberculosis. Clinical
diagnosis was cervical lymphadenopathy. Computed Tomography
(CT) revealed a well-circumscribed, round-shaped homogeneous
mass (12x12x13 mm) was located below the left mandibular angle,
anteriorly to the sternocleidomastoid muscle and posteroinferiorly to
the submandibular gland [Table/Fig-1a,b]. Based on the clinical and
radiological diagnosis of cervical lymphadenitis, he underwent removal
of the lesion under general anesthesia. A 2 cm submandibular skin
and the platysma muscle incision made, and the mass was removed
easily without adhesion or connection of surrounding tissues including
the submandibular or parotid gland [Table/Fig-2a,b]. Pathological
diagnosis was pleomorphic adenoma without lymph node structure,
and the tumour had myoepithelial and chondroid components [Table/
Fig-3]. The postoperative course was uneventful without facial nerve
palsy, and there was no recurrence 9 years after surgery.

[Table/Fig-1]: Computed tomography revealed a well-circumscribed, round-
shaped homogeneous mass (arrow) located below the left mandibular angle, ante-
riorly to the sternocleidomastoid muscle and posteroinferiorly to the submandibular
gland. a) Axial image; b) Coronal image.

[Table/Fig-2]: a) Intraoperative view. b) Removed specimen.

Heterotopic salivary gland tissue is defined as the presence of
normal salivary gland tissue occurring outside of the normal
distribution of the major and minor salivary glands [1,2]. Cervical
heterotopic salivary gland tissue is rare and manifests as a mass,
cyst, ordraining sinus [2,3]. Tumours arising from cervical heterotopic
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[Table/Fig-3]: Microscopic pathology. The tumour had myoepithelial and chondroid
components (Haemotoxylin and Eosin staining) (X100).

salivary gland tissue are even rarer [1-7]. For the rarity, the present
case was misdiagnosed with cervical lymphadenitis.

The embryological basis of heterotopic salivary gland tissue is
unknown, but heterotopic salivary gland tissue may be caused by
defective closure of the pre-cervical sinus [1]. Heterotopic salivary
gland tissue arises in a lymph node, external auditory canal, middle
ear, thyroglossal duct, hypophysis, mandible, mastoid bone,
tongue, tonsil, hypopharynx, sternoclavicular joint, pituitary gland,
thyroid, parathyroid gland, and in the upper and lower neck regions
[1,2,4,5]. Heterotopic islands of salivary gland tissue are recognised
as incidental microscopic findings, and are common in the peri-
parotid and upper cervical lymph nodes [2,5-7]. The incidence
of heterotopic salivary gland tissue in cervical lymph nodes was
reported as 12.1% (31 of 257 patients) [8].

The mechanism of oncogenesis of salivary gland tumours in
heterotopic sites is unclear, but the tumours may arise as a
neoplastic transformation of heterotopic salivary gland tissue [5].
About 80% of heterotopic salivary gland tumours are benign [2].
Benign tumours arising from heterotopic salivary gland tissue are
pleomorphic adenoma, Warthin’s tumour, and oncocytoma [1,2,4-7].
Warthin’s tumour is the most common benign tumour [2]. Malignant
salivary gland tumours are reported as mucoepidermoid carcinoma,
adenocystic carcinoma, acinic cell carcinoma, adenocarcinoma, and
carcinoma ex pleomorphic adenoma [2,4,5]. A tumour arising from
heterotopic salivary gland tissue is generally unilateral, but multiple
ipsilateral cases with pleomorphic adenomas or Warthin’s tumours
in parotid or submandibular lymph nodes [2,6] or bilateral case with
three Warthin’s tumours was also reported [7]. Tumours arising from
heterotopic salivary gland tissue are mainly adult, with a few pediatric
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cases [2]. Pleomorphic adenoma in the present case (adult male)
was considered to arise in submandibular heterotopic salivary gland
tissue, because the specimen had no lymph node structure.

For benign tumours arising from cervical heterotopic salivary gland
tissue, local excision with close follow-up is appropriate management
[2]. For the low-grade malignancies, local excision with close follow-
up is performed as treatment of the benign tumours [3], whereas
the management of high-grade malignant tumours includes neck
dissection with/without postoperative radiation [2].

Concluding this, surgeons should take tumour arising from
heterotopic salivary gland tissue into consideration in the clinical
and radiological differential diagnosis of cervical mass.
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