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Cystadenoma of the Tongue: A Case Report
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ABSTRACT

Cystadenoma is a rare benign salivary gland neoplasm characterized by a predominantly multicystic growth pattern. The parotid gland is involved in about
45-50% of cystadenoma cases, with the minor glands of the lip and buccal mucosa being the next most common sites. The tongue is rarely involved. We
report the case of a 56 year-old patient who presented a cystadenoma of the base of the tongue.
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Introduction

Cystadenoma is a rare benign salivary gland neoplasm characterized
by a predominantly multicystic growth pattern. It accounts for 4%
of all salivary gland neoplasms [1]. Cystadenoma was classified
as a separate type of salivary gland neoplasm in 1991 by the
World Health Organization (WHO) and further refined into its two
major variants of papillary and mucinous cystadenomas in 2005
[2,3]. Most cystadenomas of the oral cavity are of the papillary
type; mucinous cystadenoma is rare. Due to the abolition of these
variants, the rare appearance of mucous cells in cystadenoma was
documented in the 2017 WHO classification [1]. The parotid gland
is involved in about 45-50% of cystadenoma cases, with the minor
glands of the lip and buccal mucosa being the next most common
sites [1]. The tongue is rarely involved; only one congenital case
was reported in the literature [4].

Case Report

This is a 56-year-old patient who has had swelling and pain of the
tongue for 3 months. The clinical examination reveals a swelling
of the left posterolateral part of the base of the tongue, measuring
approximately 3 cm, of firm consistency, not painful, without
associated cervical lymphadenopathy. The CT scan showed a
tissue process of spontaneously high density, slightly enhanced
after injection of contrast product, developed at the level of the

left posterolateral part of the base of the tongue. The process
measures approximately 3*2.7*4.5cm (AP*W*H). The lesion
comes into contact with the left mandibular cortex without any
sign of its invasion. The lesion protrudes into the oropharynx and
makes close contact with the left mylohyoid muscle. A biopsy was
performed, the histological study of which came back in favor of
a cystadenoma. A complete excision of the mass was done. The
postoperative course was uneventful, and we found no evidence
of recurrence at the postoperative 4-years follow-up.

Figure 1: Clinical appearance of the lesion
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Figure 2: CT Scan Showing Voluminous Tissue Process of the
Left Posterolateral Part of the Base of the Tongue Protruding
into the Oropharynx and Establishing Close Contact with the
Mylohyoid Muscle

Discussion

The initial abnormal sign in the present case was slight swelling and
pain in the tongue. Pain is an important symptom in oral tumours.
In palatal salivary gland tumours, pain and colour alteration
were reported to be independent predictors of malignancy [5].
However, the relationship between tumour progression and pain
is not obvious.

Image evaluation by CT scan, magnetic resonance imaging or
echography is usually preferable before resection.

Histopathological differential diagnosis includes ductal ectasia,
Warthin tumour, and low-grade mucoepidermoid carcinoma.
Ductal ectasia occurs secondarily to salivary obstruction and is
characterized by oncocytic metaplasia of the epithelium; however,
we observed no obstructive features, such as fibrosis and/or
hyalinization of stroma with inflammatory cell infiltration, and
clear cells were scattered in the lining epithelium [6]. Warthin
tumour has a pronounced lymphoid stroma and bilayered oncocytic
epithelium, whereas in cystadenoma, the epithelium is usually
not bilayered and lacks lymphoid stroma (however, one case of
cystadenoma with unusual prominent lymphoid stroma has been
reported [7,8]. Cystic cavities in the present case were lined by a
bilayered epithelium composed of luminal columnar cells and basal
cuboidal cells. The stroma was fibrous connective tissue without
lymphocytic components. The lack of lymphocytic components
thus excluded Warthin tumour. The low-grade mucoepidermoid
carcinoma is prominently cystic. Its salient features are infiltrative
borders and noncystic epithelial proliferation [7].

Recommended treatment for cystadenoma is complete surgical
removal. Recurrence is rare. However, mucinous cystadenoma
with malignant transformation and cystadenoma with cervical
metastasis have both been reported [9,10]. Therefore, although
4 years have passed after surgery in the present case, long-term
clinical follow-up is scheduled.

Conclusion
Cystadenoma is a rare benign salivary gland neoplasm. The
diagnostic is histologic. The recommended treatment is simple

surgical excision, although follow-up of the patient is necessary
since recurrences due to incomplete excision have been reported.
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