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ABSTRACT

To report a case of salivary gland choristoma in a patient with gynecomastia. While it is commonly found in the head and neck region, its 
occurrence in the breast is exceedingly rare. We report a unique case in which a salivary gland acinar choristoma was incidentally identified 
in a 43-year-old man who underwent surgery for gynecomastia. 

Histological examination revealed typical features of gynecomastia along with a well-circumscribed area composed exclusively of 
salivary acini, with no ductal structures and no continuity with adjacent breast epithelium. Immunohistochemical staining confirmed 
acinar differentiation with positivity for α-amylase, S100, SOX10, and DOG1 expression. The absence of epithelial continuity supports a 
choristomatous rather than a metaplastic origin. 

Only two cases of salivary gland choristoma in breast tissue have been reported in the literature. These findings underscore the potential 
plasticity of mammary cells and the importance of considering salivary gland choristoma in the differential diagnosis of unusual breast 
lesions. Accurate diagnosis requires careful histopathological and immunohistochemical evaluation to differentiate these lesions from 
neoplastic processes with similar morphology.
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INTRODUCTION

Choristoma, also known as heterotopia, refers to the pres-
ence of histologically normal, mature, and benign tissue 
in an abnormal anatomical site. Although not considered 
true tumors, they may be mistaken for neoplasms (1,2). 
Choristomas have been described in various organs, most 
commonly in the head and neck region (3). However, they 
are exceedingly rare in the mammary gland. Reported cases 
have included ectopic tissues—such as cartilaginous or thy-
roid tissues—that are associated with both carcinoma and 
benign breast lesions (4,5). To date, only two cases of sali-
vary gland choristoma in the breast have been reported in 
the English-language literature. Here, we describe a case of 
a choristoma composed of salivary gland acini in a patient 
with gynecomastia (5,6).

CASE REPORT

A 43-year-old man presented with gynecomastia and sub-
sequently underwent surgical resection. Histological exam-

ination revealed mammary parenchyma with abundant fi-
brous stroma and an increased number of ducts displaying 
characteristic three-layered epithelium: an inner luminal 
layer, an intermediate layer of cuboidal-to-columnar cells, 
and an outer myoepithelial cell layer. The ducts showed 
irregular branching and mild-to-moderate epithelial hy-
perplasia and were surrounded by a cellular, myxoid, and 
edematous stroma. Some ducts displayed papillary or crib-
riform architecture, and focal pseudoangiomatous stromal 
hyperplasia (PASH) was also noted. These histological 
findings were consistent with gynecomastia.

Incidentally, a 2.5-mm nodule was found, consisting of nu-
merous acini morphologically identical to those of the sali-
vary gland (Figure 1A). These acini were formed by large, 
pyramidal cells with basally located nuclei and abundant 
eosinophilic, granular cytoplasm (Figure 1B) and showed 
positivity for periodic acid–Schiff (PAS) staining (Figure 
1C). The proliferation was embedded within abundant adi-
pose tissue and was composed exclusively of acini, with no 
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The morphological finding that supported the diagnosis of 
choristoma in our patient was the absence of any apparent 
continuity between the salivary gland cells and the adjacent 
mammary epithelium. By contrast, metaplasia, defined as 
the reversible replacement of one type of adult cell by an-
other in response to environmental or pathological stim-
uli, typically presents in continuity with ductal or lobular 
epithelium and is often associated with proliferative or 
neoplastic processes. In our patient, the salivary gland tis-
sue was well demarcated, circumscribed, and surrounded 
by adipose tissue, with no connection to the surrounding 
mammary tissue—supporting the interpretation of a cho-
ristoma.

Regarding the histogenesis of choristomas, two hypotheses 
have been proposed: 1) the presence of tissue remnants 
originating during embryogenesis, interpreted as the re-
sult of migration and settlement of a cellular primordium 
in an ectopic site during development; and 2) metaplasia 
induced by trauma or chronic inflammation, originating 
from pluripotent mesenchymal cells (9). Various meta-

ducts identified. Immunohistochemically, the acinar cells 
were positive for α-amylase, DOG1, SOX10, and S100 pro-
tein expression, as well as actin expression in the myoepi-
thelial cells (Figure 2). Based on these findings, a diagnosis 
of salivary gland acinar choristoma was established.

DISCUSSION

The mammary gland and salivary glands share notable 
similarities from an evolutionary and comparative stand-
point, as they are analogous exocrine glands with similar 
structural patterns (7). They originate from the surface ec-
toderm during embryonic development and exhibit a simi-
lar histological architecture as compound tubuloalveolar 
glands do. In addition to having branched excretory duct 
systems, both contain myoepithelial cells that facilitate the 
expulsion of glandular contents. They also exhibit similari-
ties in terms of their secretory mechanisms: salivary glands 
use merocrine secretion, whereas mammary glands com-
bine merocrine secretion (for proteins such as casein) with 
apocrine secretion (for lipid components) (8).

Figure 1: A) Low-power view of the breast biopsy showing a well-circumscribed nodule within adipose-rich breast tissue, corresponding 
to a salivary gland choristoma. In the lower left corner, there is a cluster of florid ductal proliferations with pseudo-lobular architecture 
rather than true terminal duct lobular units (x40). B) Higher magnification reveals salivary acinar cells, which in C) show PAS-positive 
staining (x200).
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ture adipocytes lose their adipocytic phenotype and acquire 
epithelial characteristics, including the expression of milk 
proteins such as whey acidic protein and β-casein (14).

To date, only two well-documented cases of salivary gland 
choristoma in the breast have been reported in the medical 
literature (Table I). In 2009, Matoso et al. reported the case 
of a 62-year-old woman treated with neoadjuvant chemo-
therapy for infiltrating ductal carcinoma; in a subsequent 
biopsy, the carcinoma was absent, but a lobe of salivary 
gland-like acinar differentiation was incidentally identified 
in the background of benign breast tissue (5). In a case pub-
lished by Maffini et al. in 2011, an ectopic normal salivary 
gland showing acinar structures with mucous secretion and 
intercalated ducts surrounded by fibrous tissue was found 
within the mammary parenchyma in a 45-year-old woman 
with infiltrating duct carcinoma (6).

These reports raise the possibility of a plastic potential of 
mammary cells to adopt uncommon phenotypes—such 
as the salivary acinar type—and highlight the relevance of 
these findings within the spectrum of breast tumors with 

plastic changes in the mammary gland that alter the usual 
glandular phenotype, such as squamous, apocrine, or mu-
cinous metaplasia, have been described. Some authors have 
suggested that the origin of certain breast tumors—such as 
adenoid cystic or mucoepidermoid carcinomas—could be 
explained through this mechanism (10,11).

Additionally, the concept of transdifferentiation—which 
often overlaps with metaplasia or, in certain contexts, is 
considered a specific form of metaplasia—refers to the abil-
ity of a differentiated cell to change its lineage into another 
cell type without forming an intermediate progenitor or 
pluripotent state (12). In mammary tissues, it has been pro-
posed that under certain microenvironmental conditions 
or in the presence of genomic alterations the plasticity of 
epithelial and myoepithelial cells can lead to the acquisi-
tion of an acinar phenotype similar to that of the salivary 
gland (13). This mechanism could explain not only the ap-
pearance of tumors with salivary-type differentiation but 
also the formation of true choristomas (6,7). Additionally, 
when cocultured with mammary epithelial organoids, ma-

Figure 2: Salivary gland choristoma immunohistochemistry. A) Salivary gland acini show positivity for α-amylase, B) SOX11, C) DOG1, 
and D) S-100 protein expression (x200).
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salivary gland–type differentiation. They also reinforce the 
notion that mammary tissue has a broader differentiation 
potential than the usual glandular phenotype does, suggest-
ing the occurrence of cellular plasticity or transdifferentia-
tion phenomena under certain microenvironmental condi-
tions (15).

Given the rarity of this finding, it is essential that patholo-
gists consider salivary gland choristoma in the differential 
diagnosis of unusual breast lesions with histological fea-
tures resembling those of salivary tissue. A precise diagno-
sis generally requires the integration of histopathological 
and immunohistochemical findings to distinguish these 
lesions from other neoplastic processes with similar mor-
phology.
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Table I: Reported cases of mammary choristoma in the literature.

Case Diagnosis Choristoma References

1

A 62-year-old woman was treated with neoadjuvant 
chemotherapy for infiltrating ductal carcinoma of 
the left breast. Subsequently, the patient exhibited 
complete response and absence of carcinoma.

A lobe of salivary gland-like acinar differentiation 
was incidentally identified in the background of 
benign breast tissue.

Matoso 
et al. (5)

2 A 66-year-old woman presented with infiltrating 
ductal carcinoma of the left breast.

An aggregate of salivary gland tissue composed of 
pure serous acinar glands with terminal and inter-
calated ducts, similar to those of salivary glands

Maffini 
et al. (6)

3 A 43-year-old man presented with gynecomastia.
A 2.5 mm nodule composed of numerous acini 
morphologically indistinguishable from those of 
the salivary gland

Present case


