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Pleomorphic Adenoma Arising from
Heterotropic Salivary Gland Tumor
in a Supraclavicular Lymph Node

ABSTRACT

Objective: To present a case of pleomorphic adenoma arising from heterotopic salivary gland
tissue in a supraclavicular lymph node.

Methods:
Design: Case report
Setting: Tertiary government hospital
Patient: One

Results: A 38-year-old female consulted with a six month history of an enlarging right
supraclavicular mass. Fine needle aspiration biopsy was negative for malignant cells. No
primary tumor could be demonstrated elsewhere. Excision biopsy was performed and final
histopathology revealed pleomorphic adenoma surrounded by a normal lymph node. Atypical
tumor cells and mitoses were not found.

Conclusion: Criteria were met for diagnosing heterotopic salivary gland in a supraclavicular
lymph node which subsequently developed into pleomorphic adenoma. The rare location of
the lesion as well as the unusual histopathological result of pleomorphic adenoma arising from
a lymph node merited submission of this case report.
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A neck mass is any abnormal enlargement, swelling or growth from the base of the skull to
the clavicles." Itis a common clinical finding that presents in patients of all ages.2 The differential
diagnosis can be extremely broad owing to the various structures located in the neck. Any neck
mass in an adult patient must be considered neoplastic and possibly malignant unless proven
otherwise.3*In fact, it is the fear of cancer that usually brings the patient to the physician.>

An enlarged lymph node is by far the most common neck mass encountered.” It results
from a vast array of disease processes ranging from simple lymphadenitis to the more complex
neoplastic processes. Hayes Martin emphasized that asymptomatic enlargement of one or more
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cervical lymph nodes in the adult is almost always cancer and is due to
metastasis from a primary lesion in the mouth or pharynx. ®

CASE REPORT

A 38-year-old female from Nueva Ecija was seen for a right
supraclavicular mass. Six months prior, the patient noted a mung-
bean sized mass in the right supraclavicular area, with no associated
symptoms such as cough, night sweats or fever. Four months later, the
mass had grown to the size of a corn-kernel, still with no other signs or
symptoms. A physician treated her for tuberculous adenitis since she
had a history of pulmonary tuberculosis two years earlier. The mass
continued to grow and after three months, she was referred to our
institution for further evaluation and management.

On examination, a 2x2cm well-circumscribed, firm, non-tender,
right supraclavicular mass was noted. Fine needle aspiration biopsy
was negative for malignant cells. Computed tomography scan with
contrast revealed a fat-density mass lesion with heterogeneously
enhancing structure within the base of the right neck (supraclavicular
region). The rest of the vascular, osseous, and soft tissue structures
were unremarkable. A hemangiolipoma or inflammatory process was
considered.

Referral to, and evaluation by the pulmonology, general surgery,
gastroenterology and gynecology services failed to identify a primary,
and excision biopsy of the right supraclavicular mass under local
anesthesia yielded a homogenous, yellowish-white, firm tumor.

Histopathological findings revealed a well-demarcated typical
pleomorphicadenoma showing variously arranged epithelial cells, large
amounts of fibrous tissue and numerous small cysts. There was a thin
layer of lymphoid tissue at the periphery of the pleomorphic adenoma.
(Figure 1 a,b) Serial sections showed the tumor was surrounded
completely by lymphoid tissues similar to those of the cortex of lymph
node (Figure 1c), suggesting that the pleomorphic adenoma arose in a
supraclavicular lymph node and not in major or minor salivary glands
which metastasized to the lymph node (Figure 1d). Atypical tumor cells
and mitoses were not found.

This case was signed out as benign pleomorphic adenoma occurring
as a primary lesion in the supraclavicular lymph node.

DISCUSSION

Pleomorphic adenoma or benign mixed tumor is the most common
tumor of the salivary glands. It occurs commonly in the major salivary
glands which include the parotid (70%), submandibular (10%) and
sublingual (4%).° Approximately 6.5% are located in the minor
salivary glands distributed in the mucosa of the lips, cheeks, palate,
floor of the mouth, tongue, retromolar area and peritonsillar region.
Histopathologic diagnosis of pleomorphic adenoma necessitates
demonstrating epithelial and myoepithelial cells and a stroma of fibroid,
myxoid, chondroid, vascular or myxochondroid characteristics.”

Existence of normal salivary gland tissue at sites other than the
three major salivary glands and minor salivary glands is described as
heterotopia."" Heterotopic salivary gland tissues have been reported
in numerous sites throughout the body, including the mandible, ear,
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palatine tonsil, mylohyoid muscle, pituitary gland, cerebellopontine
angle, lower neck and thyroid gland.'

It was described for the first time in 1950 by Thompson and Bryant
that lymph nodes of varying sizes and shapes are seen within and in
close association with parotid gland and parotid tissue.”In 1958, Bernier
and Bhaskar first reported the case of a lymph node with pleomorphic
adenoma." According to Baldi et al, pleomorphic adenoma arising
in a lymph node is quite rare with less than 20 reported cases in the
scientific literature.”

Cervical heterotopic salivary tissue may present as a mass, cyst or a
draining sinus.’® Most of these lesions present early in life, the majority
being noticed at birth. The usual clinical presentation is a draining sinus
associated with swelling in the right side of the lower neck. Bilateral
presentation may also occur. Intermittent drainage is normally reported
and has been described as mucoid, clear or saliva-like fluid, sometimes
related to meals."”

The precise embryogenesis of the heterotopic cervical salivary
tissue is still unknown and most theories remain speculative. Different
theories are based on their location in the neck. As for heterotopic
salivary tissue in the lower neck, Youngs and Scofield suggested a
relationship to the branchial apparatus,'® with defective closure of
the sinus with salivary gland tissue giving rise to heteroplasia of the
ectodermal lining within the remnants of the precervical sinus of His.
Willis in 1968 proposed three main hypotheses to explain heterotopia.'
First, an abnormal persistence and development of vestigial structures;
second, dislocation of a portion of a definitive organ rudiment during
mass movement and development; and third, abnormal differentiation
of the local tissues (heteroplasia).

Theincidentalfinding of pleomorphicadenomainthesupraclavicular
lymph node would be consistent with the embryonic theory of late
invagination of salivary tissue in the parotid region. This leads to the
incorporation of salivary tissues within lymph nodes.'®

Neoplasms arising from heterotopic salivary tissues are uncommon,
with about 80% being benign.’® Oncogeneseis of cervical salivary tissue
is the presumed origin of these tumors. In a 1999 review of the literature
on heterotrophic salivary glands, Ferlito et al found that Warthin’s tumor
was the most common benign neoplasm with pleomorphic adenoma
being the second most commonly reported.” As in our case, the
appropriate management for benign neoplasms of cervical heterotopic
salivary tissue was local excision with close follow-up.?

When pleomorphicadenomais foundin lymph nodes it isimportant
to ascertain whether these are metastases. Chen and Freeman reported
that regardless of the primary, metastasizing pleomorphic adenoma
maintained benign microscopic appearance except for high mitotic
activity and infiltrating growth patterns.?'?

The diagnosis of metastasizing pleomorphic adenoma in the lymph
node is unlikely in our case, as histopathology revealed pleomorphic
adenoma surrounded by a normal lymph node. Further, atypical tumor
cells were not found, and there was no sign of mitotic activity or an
infiltrating growth pattern, with no primary tumor identified.

According to various authors, the diagnosis of a tumor arising
in lymph node is based on the following findings: the tumor was a
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primary lesion with no sign of malignancy, serial section showing that
the tumor was confined to the lymphoid tissue and the surrounding
lymphoid tissue had the essential characteristics of the lymph node
with marginal sinuses and lymph follicles.'*

Fulfilling these criteria, our case is likely that of heterotopic salivary
gland in a supraclavicular lymph node which subsequently developed
into pleomorphic adenoma. The rare location of the lesion as well as the
unusual histopathological result of pleomorphic adenoma arising from
a lymph node merited submission of this case report.

Figure 1-D. Intranodal salivary gland tissue.
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