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The isolated unilateral aplasia of the submandibular gland (SMG) is an extremely rare condi-
tion, because most cases of congenital absence of the major salivary glands are associated with
other anomalies and several major salivary glands. Worldwide, only 15 cases of isolated unilat-
eral SMG aplasia have been reported. Here, we report a case of a 35-year-old woman with iso-
lated unilateral SMG absence. The ipsilateral parotid gland was hypertrophied at the time of
initial diagnosis, but this gland showed significant atrophy during the subsequent 3-year follow-
up. This phenomenon may be associated with ipsilateral SMG aplasia, and we report this unique
case along with a literature review in this paper.
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Fig. 1. Axial neck CT scan shows
absence of the right submandibular
gland with complete replacement by
fat tissue (A). Right parotid gland (ar-
row head) shows a hypertrophied
appearance in comparison with the
left parotid gland (B).

Fig. 2. Axial neck CT scan obtained
3 years after the absence of the right
submandibular gland was detected.
Lymph node (arrow) and facial artery
(arrow head) are seen in the right
submandibular triangle, but the sub-
mandibular gland cannot be identi-
fied (A). Right parotid gland (arrow
head) exhibits inflammatory chang-
es and is significantly more atrophied
than it was 3 years back (B).
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Fig. 3. Tc-99m pertechnetate scintiscan shows severely decreased
uptake in the right parotid gland (arrow head) and absence of the
right submandibular gland (arrow).
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