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bstract

ymphoepithelial carcinoma of the accessory parotid gland is rare, and to our knowledge, only two cases have previously been reported. It
as an association with the Epstein-Barr virus and is usually seen in Asians and Greenland Eskimos. We report a case of lymphoepithelial
arcinoma of the left accessory parotid gland in a 59-year-old European man who had been raised in the Belgian Congo. After excision of
he left accessory parotid gland with preservation of the facial nerve, he recovered well without complication, and there was no evidence of
ocoregional recurrence or distant metastases after follow up of 3.5 years.
 2019 Published by Elsevier Ltd on behalf of The British Association of Oral and Maxillofacial Surgeons.

eywords: Lymphoepithelial carcinoma; Parotid tumours; Accessory parotid gland

w
h
i
v

(
t

m
1
m

ntroduction

ymphoepithelial carcinoma was first described by Hilder-
an et al in 1962.1 It is rare, accounting for less than 1% of all

umours of the major salivary glands, and to our knowledge,
as been described in the accessory parotid gland only twice
efore.2

ase  report
n June 2014, a 59-year-old man presented at a regular dental
heck with a non-tender, painless mass in the centre of his
eft cheek. He had no history of exposure to radiation, facial

∗ Corresponding author. Present address: Passeig de Sant Joan de Déu, 2,
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eakness, or cervical lymphadenopathy, but had lived during
is childhood in the Belgian Congo where there is a high
ncidence of lymphoepithelial carcinoma and Epstein Barr
irus.

Physical examination showed a 1 cm firm, mobile, mass
Fig. 1) with no sign of lymphadenopathy or involvement of
he facial nerve.

Magnetic resonance imaging (MRI) showed a nodular
ass with a maximum anteroposterior diameter of about

5 mm in the left hemifacial region outside the masseter
uscle and aligned with Stensen’s duct, which suggested

leomorphic adenoma of the accessory parotid gland (Fig. 2).
ine-needle aspiration biopsy specimens failed to give a
efinitive diagnosis.

The patient had excision of the left accessory parotid gland

ith preservation of the facial nerve (Fig. 3). Histopathol-
ical analysis showed a high-grade, poorly-differentiated
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Fig. 1. Axial view of a magnetic resonance image showing a nodular mass in the left hemifacial region outside the masseter muscle and aligned with Stensen’s
duct.
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Fig. 3. High-grade, poorly-differentiated lymphoepithelial carcinoma, with
clear margins (haematoxylin and eosin, original magnification x 10).
Fibroadipose tissue showing a marked lymphoplasmocytic component with
the formation of lymphoid aggregates. Atypical epithelial cellularity forms
solid nests. Cytoplasms are broad, with eosinophils and microvacuoles. The
nuclei are oval with a reinforced membrane and eosinophilic nucleoli. Apo-
ptosis and abundant mitoses can be seen. The widened excretory duct is
surrounded by a lymphocytic component but no residual parotid gland can
b

t
h
p
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Fig. 2. Preoperative photograph showing the mid-cheek mass.

ymphoepithelial carcinoma with clear margins (Fig. 4).
pstein-Barr virus and p16 were not found.

Positron emission tomography (PET) showed no dis-
ant metastases. A detailed examination of the nasopharynx
nd Waldeyer’s ring (which included fibreoptic nasopharyn-
oscopy) found no lesions, so no biopsies were taken.

Clinical follow up and a PET computed tomogram (CT) at
hree months postoperatively showed no evidence of locore-
ional recurrence or distant metastases, so neck dissection
nd postoperative radiotherapy were deemed unnecessary.
t the 3.5-year follow up, the patient was free from disease.

iscussion
he accessory parotid gland has been described as salivary
issue that is anterior to, and separate from, the main body of

b

r

e seen.

he parotid gland, and adjacent to Stensen’s duct. Tumours
ere are rare. They account for between 1% and 7.7%1,2of all
arotid gland tumours, and between 26% and 50% of them
re malignant.3

Lymphoepithelial carcinoma of the salivary glands is a
are, malignant salivary gland tumour that is associated with
ndifferentiated carcinoma and shows interstitial infiltrations
y lymphocytes and plasma cells.1,2,4,5
Epidemiologically, it has an obvious geographical and
acial predisposition, and mainly affects Eskimos, Green-
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ig. 4. Excision of the accessory parotid gland with preservation of the facial
erve by nerve monitoring.

andic Inuit, the Japanese, and people from the southern
oastal region of China.1,2,5–7

Lymphoepithelial carcinoma of the salivary glands
ccounts for only 0.4% of all salivary gland tumours and has
lose associations with the Epstein-Barr virus.2,4,7 Serologi-
al testing has shown that this is so in nearly all endemic, and
ost non-endemic cases.2 The exact origin and pathogenesis

f parotid lymphoepithelial carcinoma remains unknown.2,5,6

All patients should have a careful physical examination
f the head and neck. Additional diagnostic tools include
ne-needle aspiration, CT, and MRI.2,3 The possibility of
asopharyngeal carcinoma must be excluded by clinical

xamination of the upper respiratory and digestive tracts
efore a diagnosis of lymphoepithelial carcinoma can be
ccepted.1,2,5,6

7
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The cervical lymph nodes are involved in up to 40% of
atients, and 20% develop distant metastases within three
ears of being treated.4,5 The disease metastasses most com-
only to the lungs, liver, brain, and bone.5,6 Rates for local,

egional, and distant metastases, are high because lymphoep-
thelial carcinoma is similar to nasopharyngeal carcinoma in
istocytology and behaviour.1,2

Salvage surgery and chemotherapy are recommended in
atients with local or regional recurrence. The disease is

 high-grade malignancy, and five-year survival has been
eported to range from 70% to 85%.5,6
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