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Abstract

Although sialolithiasis of submandibular gland is common, the occurrence of
fistula in the neck secondary to sialolithiasis is rare. Sialolithiasis should be kept
as a differential diagnosis in evaluating a patient, presenting with discharging
fistula in the neck. We presents a rare case of fistulae in submandibular region
associated with submandibular gland stone.

Keywords: Salivary gland fistulae; Submandibular gland; Sialolithiasis

2015; Published: April 10, 2015

Introduction

Salivary gland fistulae are uncommon. Submandibular gland
fistula may arise from infection resulting from trauma, actinomycosis,
tuberculosis, syphilis, salivary calculi and malignancies [1,2].
Sialolithiasis usually arises in the Sub-mandibular gland in more than
80% of patients. It is less common in parotid glands [-10%] and rare in
sublingual and minor salivary glands [3]. Long-term sialolithias with
recurrent sialodochitis and/or sialoadenitis may occasionally cause
spontaneous elimination of the sialoliths or opening of “new ductal
course” or fistula. There are very few case reports of salivary gland
sialolithiasis resulting in orocutaneous fistula [4,5]. We report a rare
case of discharging fistula in the neck secondary to submandibular
calculus.

Case Presentation

A 53 year old male presented with history of discharging sinus
present on the left side of neck since 3 months. Discharge increased
during meals. the patient had not undergone any surgical procedure
and there was no history of trauma. On examination, fistulous opening
2cm x lem with irregular margins was present on left submandibular
region (Figure 1). Watery discharge with pus could be expressed on
pressure over the submandibular region. On bimanual examination
palpation of left submandibular gland, the gland was enlarged and
nontender and no stone could be palpated. Examination of oral cavity
was normal. Submandibular duct opening was normally visulised.
Blood investigations revealed that the patient was HCV positive. All
other routine investigations were normal. Considering the clinical
possibility of tuberculosis, in this case, the biopsy was taken from
the margin of ulcer which revealed chronic inflammation only.
X-ray fistulogram showed stone in the submandibular region (Figure
2). CECT neck also showed 1x1 c¢cm stone in submandibular gland
(Figure 3). A fistulogram was done which showed fistulous tract was
commnicating with submandibular gland up to the stone. There was
no communication with oral cavity. The diagnosis of sialolithiasis
with cutaneous fistula communicating with submandibular tract was
made excision of the submandibular gland and the fistulous tract
was carried out under general anesthesia. A lot of fibrous tissue was
present along the tract and adjoining submandibular gland. The tract
was found to be communicating with the submandibular gland and a

small stone was presented just distal to the point of communication
between the fistulous tract and the submandibular gland. Biopsy
was sent which showed chronic sialadenitis with sialolithiasis.
Biochemistry examination of the stone revealed phosphate in stone.
Postoperative recovery of the patient was uneventful.

Discussion

Salivary calculi are common and are found in 1.2 % of population

Figure 1: Patient showing fistulous opening 2cm x 1cm with irregular marginst
on left submandibular region.

Figure 2: X-ray fistulogram shows fistula tract extending from skin to stone in
the submandibular region.
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Figure 3: CECT neck showing stone in submandibular gland.

at necroscopy [6]. Salivary gland sinus or fistulae are usually caused
by trauma, surgery and infections [7]. There are few cases reported
in the literature, of salivary fistula secondary to submandibular
gland calculus. Kishore kumar R V, et al. [2] evaluated 200 cases
of cutaneous sinuses of cervicofacial region to identify the focus of
infection and found submandibular calculus producing fistula in 1
patient (0.5%) only.

The patient of sialolithiasis usually presents with intermittent
pain during meals or may remain asymptomatic when the size
of stone is small. Since our patient, did not have any symptoms of
sialadenitis, so the possibility of tubercular sinus was kept and biopsy
was taken, which ruled out tuberculosis. The occlusal radiograph
is the most reliable method of viewing the submandibular sialolith
[8,9]. High Resolution Ultrasonography should be the first screening
imaging tool followed by sialography, if required. CT is the mainstay
of imaging in sialolithiasis while MRI is more optimal for neoplastic
processes with associated invasion [10]. Later on X-ray and CT scan
revealed stone in the submandibular gland.

Submandibular sialadenectomy is indicated when the gland has
been damaged by recurrent infection and fibrosis or calculi have
formed with in the gland [11]. In our case, submandibular gland
was fibrosed, and the stone was present in the parenchyma of the

gland, communicating with the fistula tract, so was removed along
with the fistula tract. Sub-mandibular fistula as a consequence of sub-
mandibular gland calculus is rare and hence reported.

Conclusion

Salivary fistula can rarely present as discharging lesions in the
neck. Clinical suspicion of calculous should always be kept in mind,
when the patient presents with discharging fistula, without any
swelling in the submandibular gland.
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