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ABSTRACT
Salivary gland mesenchymal (non-epithelial) tumors are rare tumors and they constitute approximately 2%-5% of all salivary gland tumors. 
They are most commonly observed in the parotid gland, approximately 90%. Sialolipoma describes well-demarcated tumoral formations that 
are histologically similar to normal salivary gland tissue containing mature fat cells and different ductal, basal, acinar, and myoepithelial cells. The 
hamartomatous variant of sialolipoma is defined as sialoangiolipoma and is seen very rarely. Four cases have been described in the literature so 
far, and only one of them is of submandibular gland origin. In this study, we aimed to present a rare case of sialoangiolipoma of submandibular 
gland origin.
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Introduction

Salivary gland mesenchymal (non-epithelial) tumors are rare 
tumors and they constitute approximately 2%-5% of all sali-
vary gland tumors.1 They are most commonly observed in the 
parotid gland, approximately 90%.2 These tumors are fre-
quently seen fifth and sixth decades.3 Angioma, lipomas, and 
neural tumors such as schwannoma and neurofibroma are the 
most common mesenchymal tumors in the salivary glands. 
Salivary gland tumors are divided into monophasic and bipha-
sic according to their microscopic components and the ratio 
of fat cells they contain. While monophasic tumors are com-
posed of fat cells, biphasic tumors consist of epithelial deriva-
tives coexisting with fat cells.4 Sialolipomas and lipoadenomas 
are biphasic tumors. The term sialolipoma was first defined by 
Nagao et al5 in 2001. Sialolipoma describes well-demarcated 
tumoral formations that are histologically similar to normal 
salivary gland tissue containing mature fat cells and different 
ductal, basal, acinar, and myoepithelial cells.3 The hamartoma-
tous variant of this formation is defined as sialoangiolipoma 
and is seen very rarely. Four cases have been described in the 
literature so far, and only 1 of them is of submandibular gland 

origin. In this study, we aimed to present a rare case of sialoan-
giolipoma of submandibular gland origin.

Case Presentation

A 47-year-old male patient was admitted to our clinic with 
a complaint of swelling under the right chin. He first noticed 
the swelling 5 years ago, and it gradually grew over time. 
Clinical examination revealed a soft, painless, mobile mass 
in the right submandibular region (Figure 1). Computed 
tomography revealed that there was a heterogeneous 
mass in the right submandibular region, approximately 4 × 
3 × 7 cm in size, with areas of fat density, displacing the 
submandibular gland anteriorly. The patient’s mass was 
excised under general anesthesia. In the operation, an inci-
sion was made about 4 cm inferior to the mandible corpus, 
parallel to the skin pleats. Under the platysma, we reached 
the mass and dissected it from the surrounding tissue by 
blunt dissection. The mass was adjacent to the subman-
dibular gland but was separated from it by its thin fibrous 
capsule, and it was easily dissected by blunt dissection. The 
mass was well-defined, containing vascular components 
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and adipose tissue. Although it had fat content, it did not 
look like a simple lipoma in appearance. The submandibu-
lar gland was not excised. The mass was excised by ligating 
vascular connections of it and separating it from the sur-
rounding tissues by blunt dissection. The excised mass was 
macroscopically 6.5 × 5.5 × 3 in size and yellow-gray color. 
Microscopic examination revealed a tumor surrounded by 
a thin fibrous capsule, consisting of histomorphologically 
randomly arranged fibrocollagenized tissue, mature adipose 
tissue, multiple blood vessels of various sizes, salivary gland 
ducts, and acini (Figure 2). Apocrine metaplasia was noted 
in some acinar cells (Figure 3). There was a rare lymphocytic 
infiltration (Figure 4). No bleeding or necrosis was observed. 

There was no atypia in adipocytes. No thrombus was seen 
in the vessels. In the immunohistochemical study, the Ki-67 
proliferative index was 2%-3% (Figure 5). It was observed 
that the patient did not experience any additional problems 
in the short-term follow-up after the operation. The patient 
did not have any complaints for a period of approximately 
1.5 years after the operation. Written informed consent was 
obtained from the patient.

Discussion

Sialolipoma consists of acinar, ductal, basal, and myoepithelial 
cells of the normal salivary gland and mixed mature adipose tis-
sue histopathologically. In addition, fibrosis, ductal duct ecta-
sia, oncocytic (apocrine) changes, sebaceous differentiation, 
and prominent lymphoid infiltrates in the stroma can be seen.6 
Atypia is not seen and the proliferation index (Ki-67) is low. 
Its vascular variant is sialoangiolipoma.7 In our case, acinar and 

Main Points

• Salivary gland mesenchymal (non-epithelial) tumors are rare 
tumors, and they constitute approximately 2%-5% of all 
salivary gland tumors.

• Sialolipoma describes well-demarcated tumoral formations 
that are histologically similar to normal salivary gland tissue 
containing mature fat cells and different ductal, basal, acinar, 
and myoepithelial cells. The hamartomatous variant of this 
formation is defined as sialoangiolipoma.

• Four cases have been described in the literature so far, and 
only one of them is of submandibular gland origin.

• Sharing the long-term clinical follow-ups of this recently 
identified rare pathology, and reporting new cases will con-
tribute to our experience in this field.

Figure 1. Preoperative image of the patient.

Figure 2. Hematoxylin and eosin-stained sections show a tumor 
consisting of randomly arranged fibrocollagenized tissue (+ sign), 
mature adipose tissue (* sign), multiple blood vessels of various sizes 
(long arrow), and salivary gland ducts and acinar cells (arrowhead). 
Hematoxylin-eosin ×40.

Figure 3. Salivary gland acini showing apocrine metaplasia are 
observed (asterisks showing apocrine metaplasia and arrow mark 
showing normal acini). Hematoxylin-eosin x100.
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ductal structures of the normal salivary gland, rich in vessels, 
mixed with mature adipose tissue, as well as apocrine metapla-
sia and lymphocytic infiltrate in the stroma were accompanied 
(Figures 2-4). Cellular atypia was not observed, and the Ki-67 
proliferative index was low (Figure 5).

Lipomas are benign mesenchymal tumors with mature adi-
pose tissue content and a slow growth rate. They can be seen 
anywhere in the body where there is fatty tissue present. Fat 
density is seen as hypodense in computed tomography (CT) 
and hyperintense in T1- and T2-weighted magnetic resonance 
imaging.8 In these images, they are homogeneous, smooth-
edged, benign lesions that look similar to subcutaneous adipose 
tissue. Sialolipoma is thought to be a type of lipoma seen with 
normal salivary gland elements.9 The clinical examination of our 
case was a soft mass, which was compatible with the lipoma. 
However, there was no homogeneous image as seen in the 
lipoma in the contrast-enhanced CT examination (Figures 6-8). 
Postoperative examination revealed that the mass was morpho-
logically compatible with sialolipoma. Normal-looking mature 
fat cells intervening with normal acinar ductal structures were 

present. However, unlike the sialolipoma, the mass also had 
a distinct vascular component. Subsequently, the mass was 
thought to be compatible with sialoangiolipoma. 

Pleomorphic adenoma is the most common salivary gland 
tumor. This tumor, which is frequently seen in the parotid 
gland, is seen in about 5%-8% of the submandibular gland.10 
In a rare variant of this tumor, abundant adipose tissue can 
be seen and is called “lipomatous pleomorphic adenoma”.1 
However, in this pathology, neoplastic salivary gland structures 
with typical pleomorphic adenoma characteristics are observed 
instead of normal salivary gland structures as in sialoangioli-
poma. Lipoadenomas are another biphasic mesenchymal sali-
vary gland tumor. In this tumor, as in sialolipoma, salivary gland 
cells are seen along with fat cells. However, differently, there 
are irregularly branched tubules and they do not contain all the 
cellular structures of the normal salivary gland. Angiolipomas 
are mesenchymal tumors that are rare in the head and neck 
region but should be considered in the differential diagnosis. 
It is a derivative of lipoma containing clusters of capillaries as 

Figure 4. Scattered lymphocytic cell infiltration is observed (arrow 
marks showing lymphoid cells). Hematoxylin-eosin ×100.

Figure 5. Ki-67 proliferative index is observed to be low (2%-3%). 
Nuclear brown-stained cells are immunoreactive (arrow). Ki-67 × 100.

Figure 6. Axial tomography image of the mass.

Figure 7. Coronal tomography image of the mass.
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well as fat cells.11 There is no salivary gland content and they 
are locally aggressive.

The term sialolipoma was first defined by Nagao et al5 in 
2001. It is stated in the literature that these rare tumors 
are frequently seen in the parotid gland. There are only 4 
cases of sialolipoma identified in the submandibular gland 
to date.12,13 Sialoangiolipoma, a hamartomatous variant of 
sialolipoma, is a rarer condition, and there are only 4 cases 
in the literature to date.4 One of these cases was seen in the 
parotid gland, 1 in the submandibular gland, and the other 2 
in the hard palate.3,13,14 Our case is the second case of sialo-
angiolipoma seen in the submandibular gland. While the 
other case was an 18-year-old male patient, our case was a 
47-year-old male.

It was observed that the patient did not experience any addi-
tional problems in the short-term follow-up after the opera-
tion. The patient did not have any complaints for a period of 
approximately 1.5 years after the operation. In parallel with 
the literature, we expect a clinical course similar to other 
benign pathologies of the salivary gland. Sharing the long-term 
clinical follow-ups of this recently identified rare pathology, 
and reporting new cases will contribute to our experience in 
this field.
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Figure 8. Sagittal tomography image of the mass.
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