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Abbreviation HSGT = heterotopic salivary gland tissue.

Case report. A 5-month-old male infant was brought to our hospital by his mother due to progres-
sively enlarging, erythematous swellings located on the back, left forearm, and left upper arm. The
mother first noticed the symptoms when the infant was 2 months old and reported intermittent secre-
tion of a clear, sticky fluid during breastfeeding. Otherwise, the infant was healthy, achieved normal
developmental milestones, and presented no congenital anomalies.

Physical examination revealed multiple well-defined, erythematous to flesh-colored, papulonodu-
lar lesions measuring 0.5-1.5 cm, distributed across the upper back, left forearm, and left upper arm
(Fig. 1, 2). On dermoscopic examination, each lesion exhibited central reddish, structureless areas
surrounded by a pale halo and bordered by mild peripheral erythema (Fig. 3). This dermoscopic pre-
sentation differed from the description of heterotopic salivary gland tissue (HSGT) provided by Inoue
et al., which featured a characteristic red spot surrounded by a pale pink halo with telangiectasias (1).

A punch biopsy revealed well-formed glandular lobules consisting of serous and mucinous acini
with ductal elements in the dermis (Fig. 4), demonstrating an architecture identical to normal salivary
gland parenchyma observed in typical locations. Immunohistochemical staining for smooth muscle
actin (SMA) highlighted the myoepithelial cell layer surrounding the acini and ducts, confirming a
salivary gland origin and ruling out adnexal mimics such as eccrine or apocrine tumors (2). Based on
clinical and laboratory findings, a diagnosis was made of multifocal salivary gland choristoma of the
back, forearm, and upper arm—sites with no known association with the branchial arches.

Fig. 1 Fig.2
Figs. 1, 2: Cutaneous salivary gland choristoma: erythematous nodular lesions of the back (Fig. 1) and the left upper ex-
tremity (Fig. 2).
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Fig. 3 | : Fig. 4

Fig. 3, 4: Dermoscopic examination (Fig. 3) shows a central structureless area with a peripheral erythematous halo. His-
topathological examination (Fig. 4, H&E, 40x) reveals well-organized glandular lobules within the dermis, composed of
serous and mucinous acini along with ductal elements.

Discussion. Salivary gland choristoma is an uncommon developmental anomaly characterized by
histologically normal salivary tissue situated in an aberrant location (3). Intermittent secretion of a
clear, sticky fluid during breastfeeding is considered a classic diagnostic sign of cutaneous heterotopic
salivary gland tissue (HSGT). This occurs due to the parasympathetic salivary reflex, which stimulates
both ectopic and native salivary glands during feeding (4). Cutaneous manifestations typically present
as draining sinuses or papules located at the angle of the mandible, and are believed to arise from the
entrapment of glandular tissue during branchial arch fusion (4, 5). Rarely, authors have reported the
presence of aberrant salivary glands in sites other than the head and neck, including the middle ear,
pituitary gland, mediastinum, gastrointestinal tract, and vulva (6, 7).

Our literature search identified a limited number of published cases of cutaneous HSGT. The largest
series, described by Haemel et al. (4), included 11 patients with cervical draining sinuses; all lesions
were confined to the neck, with a predilection for the right side. Other reports have similarly localized
cutaneous HSGT to the preauricular, periparotid, or mandibular angle regions (5, 8). To the best of our
knowledge, only three previous cases describe a cutaneous salivary gland choristoma outside the head
and neck: Shin CB et al. (9) reported a chest wall HSGT in a 6-year-old girl; Aby et al. (10) reported
a chest wall choristoma in a newborn; and Marwah et al. described an aberrant salivary gland mass in
the vulva (11).

Cervical HSGT is explained by entrapment during the fusion of the first and second branchial
arches; however, this mechanism cannot account for locations distant from the branchial apparatus. A
hypothesized explanation could be the aberrant caudal migration of neural crest cells, which normally
contribute to the myoepithelial and stromal cells of the salivary glands (6, 12). Another possibility is
that multipotent cutaneous adnexal stem cells differentiated toward a salivary gland lineage; however,
such lesions would typically exhibit a mixed cellular pattern on histology. The well-organized lobular
architecture in our case argues in favor of a true choristoma rather than a metaplastic change. While
chest wall lesions have been attributed to the anomalous migration of branchial arch tissue along the
milk line, the lesions on our patient’s back and upper extremities cannot be explained solely by bran-
chial arch embryogenesis.

Recognizing HSGT is important for two reasons. First, correct identification allows it to be classi-
fied as a benign condition, thereby avoiding further invasive interventions. Second, malignant trans-
formation into mucoepidermoid carcinoma, acinic cell carcinoma, and adenocarcinoma has been doc-
umented in 6 out of 24 cases (25%) of HSGT in one series (13), although nearly all occurred in adults
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and in non-cutaneous sites. Therefore, long-term follow-up is advisable, particularly for atypical pre-
sentations. The feeding-related secretion observed in our patient and described by other authors (1, 14)

serves as a valuable clinical clue.

In conclusion, we report the first case of multifocal cutaneous salivary gland choristoma involving
areas beyond the cervicofacial region. The diagnostic triad consisting of erythematous papulonodules,
feeding-related secretion, and SMA-positive glandular tissue on histopathology is highly reliable.
Clinicians should consider this diagnosis when evaluating draining papules in infants, regardless of

their anatomical location.
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