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INTRODUCTION
Mucinous cystadenoma is a benign cystic tumor lined with
mucinous epithelium. These mucinous cystadenoma subtypes
are known to occur in the ovaries, pancreas, peritoneum, and
liver. In general, mucinous cystadenomas at these different locations are considered to exist independently [1-3]. Salivary
gland tumors account for 3% of head and neck tumors, most of
which occur in the parotid gland, and less than 25% of which
are minor salivary gland tumors [4].
Cystadenoma of the salivary glands is a rare benign epithelial
tumor, accounting for 4.2%–4.7% of all benign salivary gland
tumors. Distribution sites include the parotid gland (58%), submandibular gland (6.6%), sublingual gland (0.5%), minor salivary glands in the lips (10.7%), and palate (7.1%) [5]. AccordCorrespondence: Jae Ha Hwang
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ing to the World Health Organization’s Histological Classification of Salivary Gland Tumors, these are divided into papillary
and mucinous subtypes, the latter being uncommon. In general,
this type is predominant among women, and 45% of the reported cases involved the parotid gland and minor salivary
glands in the lip and buccal mucosa. Clinically, the tumor presents as a slow growing painless mass in the major salivary
glands, and as a smooth-surfaced nodule, similar to a mucocele,
in the oral mucosa [6,7].
In particular, the mucinous type of cystadenomas is relatively
rare. The few cases that have been reported were in the parotid
gland, buccal mucosa, and palate. In Korea, two cases involving
the parotid glands have been reported [8-10].
In this paper, we report a case of multiple mucinous cystadenomas in an atypical site, presenting as subcutaneous nodules
in both cheeks. In this case, excisional biopsy was conducted
because the nodules distributed in the subcutaneous layer of
both cheeks were not distinguishable from a benign subcutaneous tumor, even after ultrasonography and computed tomogra-
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Case Report

Mucinous cystadenoma, one of the subtypes of cystadenomas, is a rare benign salivary gland tumor. Most of the cases reported tumors presenting as asymptomatic, slow growing, single masses, primarily occurring in the parotid glands, buccal mucosa, and hard palate. This report describes
a case of multiple mucinous cystadenomas that presented as subcutaneous swellings in both
cheeks, which were mistaken for a benign subcutaneous tumor. A complete surgical excision was
performed through an intraoral incision. There were no recurrences or complications. A diagnosis
of mucinous cystadenoma was made by histopathological examination. Mucinous cystadenomas
are differentiated from other salivary gland tumors based on the pathological findings. A malignant transformation is also possible. Preoperative imaging cannot identify mucinous cystadenomas because of their small size and atypical features, and needle biopsy has its limitations in
such salivary gland tumors. Therefore, accurate diagnosis and treatment through surgical excision
become important.
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phy (CT). Therefore, the patient was diagnosed with mucinous
cystadenoma occurring in an atypical region.

CASE REPORT
A 37-year-old woman presented with multiple nodules over
both the nasolabial folds. These had been first noticed 3 months

A

prior. Initially, two nodules occurred on the right side, followed
by three on the left. They gradually increased in size, and the
ones on the right appeared to spread to the left. On palpation,
the nodules were very soft and non-tender. She had undergone
augmentation rhinoplasty using silicone implants 10 years prior
and intense pulsed light laser therapy for bilateral cheek melasma thrice in 2006.
Ultrasonography revealed well-defined oval hypoechoic lesions in the subcutaneous layer, with two lesions measuring 0.8
cm and 0.5 cm in the right cheek, and three lesions measuring
0.5 cm, 0.5 cm, and 0.3 cm in the left cheek, which were predicted to be benign (Fig. 1). A contrast-enhanced CT of the face was
performed for precise assessment and to rule out the possibility
of any additional tumors. However, as there were no enhancing
masses or enlarged lymph nodes, excisional biopsies targeting
all masses were performed through the upper gingivobuccal
sulcus under local anesthesia (Fig. 2). Histopathological assessment revealed epithelial cells lining a cystic cavity with mucous
secretions, leading to the diagnosis of a benign mucinous cystadenoma (Fig. 3). The patient recovered well and her postopera-
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Fig. 1. Preoperative ultrasonography. (A) Two 0.5 cm-sized masses
seen in the subcutaneous layer of the left cheek. (B) A mass measuring 0.3 cm in the left cheek. (C) Two subcutaneous masses measuring 0.5 and 0.8 cm in the right cheek. According to ultrasonography
reports, well-defined oval hypoechoic lesions in the subcutaneous
layer were observed, possibly representing benign tumors.
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Fig. 2. Intraoperative photographs. (A) The masses were approached
through an incision in the upper gingivobuccal sulcus. (B) Yellowish
nodular masses were identified in the subcutaneous layer and complete excision was performed with primary closure.
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Fig. 3. Gross and histopathological images of the tumors. (A) Gross
image of the 0.8 cm wide whole mass, which was one of the largest
ones. (B) Histopathological image (H&E, ×40). (C) Histopathological assessment revealed a layer of epithelial cells lining a cystic cavity
with mucous secretions (H&E, ×100).

tive period was uneventful. Follow-up at 6 months revealed no
recurrence and excellent cosmetic results without scars.

DISCUSSION
Mucinous cystadenoma is defined as a cyst lined by mucous
tall columnar epithelium with limited papillary growth. In the
global literature, single cases of occurrence in the parotid gland,

buccal mucosa, and hard palate have been reported. In Korea,
only two cases of mucinous cystadenoma of the parotid gland
have been published. In these reports, clinical features revealed
a slow growing and asymptomatic mass similar to cystadenoma. In the case of a single mass in the major salivary glands, the
diameter was 2.6 cm, while that of the mass in the minor salivary glands was 2.5 cm [8-10].
In our case, five well-encapsulated subcutaneous masses,
which were slow growing and painless, were found bilaterally
in the cheeks. The largest mass measured only 0.8 cm, and was
not even detected on CT imaging. Additional salivary gland abnormalities were not observed. Ultrasonographical assessment
confirmed that the lesions were located in the subcutaneous
layer. Therefore, considering the atypical location and the presence of multiple lesions, our clinical diagnosis was inaccurate.
In light of a suspected benign subcutaneous tumor, surgery was
performed.
Fine-needle aspiration biopsy is generally performed as a diagnostic tool for salivary gland tumors before planning surgery. In
this patient, the detected masses were small and slow growing,
and the margins were regular with no vascularity observed on
imaging. Hence, it was assumed to be benign or a low-grade
malignancy and surgery was performed accordingly. It is important to mention that a case of mucinous cystadenoma in the
parotid gland has been reported, where an ultrasonography
guided needle biopsy was performed, without yielding a diagnosis [9]. This reveals that, in mucinous cystadenoma or a cyst
surrounded by epithelium with thick fibrous tissue, a needle biopsy does not yield much information; thus, a needle biopsy
may not help distinguish it from other salivary gland tumors.
The occurrence of mucinous cystadenoma in the subcutaneous layer of the cheek can be explained by the wide distribution
of the minor salivary glands. They are present in the buccal mucosa, labial mucosa, palate, and submucosa of the aerodigestive
tract, including the sinonasal cavity, oral cavity, pharynx, lungs,
and middle ear cavity [11,12]. A minor salivary gland tumor in
the submucosal layer of the upper gingivobuccal sulcus can
present as a subcutaneous swelling in the malar region, which
in our case led to the misdiagnosis of a benign soft tissue tumor.
Mucinous cystadenomas need to be differentiated from papillary cystadenomas, intraductal papillomas, cyst adenocarcinomas, low-grade mucoepidermoid carcinomas, Warthin’s tumors, and polycystic diseases. This distinction requires studying the different histopathological aspects, such as the destruction of papillary projections and glandular parenchyma, invasion of surrounding tissues, stromal lymphoid aggregation of
the germinal center, and diffuse polycystic changes of the entire
gland [6].
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In addition, there have been cases of malignant changes in
mucinous cystadenoma; one of the studies reported a malignant transformation of the mucinous cystadenoma in the parotid glands into an invasive micropapillary adenocarcinoma
[13]. So far, no reports on malignant transformations of minor
salivary gland cystadenoma have been published.
Generally, benign cystadenoma and salivary gland malignancies, such as cystadenocarcinoma and low-grade mucoepidermoid carcinoma that may be mistaken for benign cystadenoma, are clinically similar. Thus, it becomes difficult to discriminate them only by physical examination. However, biopsies reveal pathological features linked to malignancy, such as the invasion of adjacent tissue, perineural or lymphatic/vascular invasion, increased mitotic activity, and cytologic pleomorphism,
which facilitates differentiation [7,14].
The prognosis of this tumor is good and the likelihood of recurrence is low. Incomplete removal could lead to recurrence,
and reports of recurrence have mostly involved the major rather than the minor salivary glands [15].
This case is an example of multiple mucinous cystadenomas
that presented as tumors in the subcutaneous layer of both
cheeks. Due to their atypical features and location, a preoperative diagnosis was difficult here despite conducting imaging
studies. However, a complete surgical excision via an intraoral
approach resulted in an accurate diagnosis and a scarless outcome.
This case demonstrates that rare salivary gland tumors in
atypical locations can be challenging to diagnose. In case of
mucinous cystadenomas, it is recommended to reach an accurate diagnosis histopathologically and perform complete excision to prevent recurrence and malignant transformation.
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