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An Unusual Case of Bilateral Submandibular Sialolithiasis

Jin Pyeong Kima, Jung Je Parka, Hee Young Sonb, Seung Hoon Wooa, c, d

Abstract

Salivary calculi in the pediatric population comprise only 3% of 
all cases of sialolithiasis. In addition, the presentation of bilateral 
calculi in children is rare. Traditionally, the treatment for subman-
dibular calculi in the proximal duct has been a sialadenectomy in 
spite of its risk.
Recently, minimally invasive techniques have been reported, the 
Intraoral removal of calculi is useful for preservation of the sub-
mandibular gland and preserved gland can restore gland function to 
normal after stone removal. We would report the 15-year-old boy 
case with bilateral submandibular gland hilum sialolithiasis and the 
intraoral removal only stones.
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Introduction

While the incidence of sialolithiasis peaks in middleaged 
adults, it is a rare condition among children [1-4]. Further-
more, bilateral sialolithiasis in the pediatric population is 
extremely rare. A review of all reports of sialolithiasis in 
children from 1913 to 2011, never reported bilateral hilum 
sialolithiasis in all salivary stones.

A trial of conservative therapy usually precedes surgi-
cal intervention. In spite of conservative treatments, chronic 
sialoadenitis of the submandibular gland associated with 
salivary stones recurs frequently and requires the operative 
removal in many cases.

We describe a 15-year-old boy with the sialolithiasis lo-
cated in the both hilum of submandibular gland removed by 
intraoral approach. The submandibular gland was preserved, 
only salivary stones were removed and review of the litera-
ture.

 
Case Report

A 15 year-old-boy was admitted for the chief complaint of 
the postprandial swelling of the both submadibular area of 
neck. This symptom was initiated 2 to 3 years ago. In physi-
cal examination, a diffuse swelling was observed in the both 
submandibular area, slight tenderness was associated, but 
significantly palpable lymph nodes were not detected in the 
neck. Under the suspicion of submandibular duct stones, neck 
computed tomography was performed. The result showed 
stones smaller than 1 cm in the hilum of both submandibular 
gland, and tiny stones in the parenchyma of submandibular 
gland (Fig. 1). The patient was so young and his salivary se-
cretion would be markedly decreased. For that reason, if the 
bilateral submandibular gland was resected, this could cause 
a discomfort in his whole life. So we planned to remove the 
stones by intraoral approach to preserve the submandibular 
gland. 

The mouth floor was exposed sufficiently and oral mu-
cosa on the mouth floor. After the careful assessment of the 
lingual nerve and the wharton’s duct in the secure operation 
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field. The stone was removed through the stone size inci-
sion made on the upper area of the Wharton’s duct where the 
stone was palpated (Fig. 2). Afterward, the occlusion of the 
incised salivary duct as the original shape was performed, 
and the contralateral stone was removed by the same method 
(Fig. 3). Then, there was no complication and the patient is 
under the follow-up observation at our outpatient clinic now.

Discussion
  
Though incidence of sialolithiasis peaks in the third to sixth 
decades of life, only 3% of all cases, occur in children and 
sialolithiasis remains a rare cause of salivary dysfunction in 
pediatric populations [1-4]. 

The treatment methods for submandibualar duct stones 
are conservative care, operative removal, the minimal inva-
sive surgery such as extracorporeal shock wave lithotripsy, 
sialendoscopy etc. The conservative care method is to ad-
minister antibiotics and anti-inflammatory agents and to wait 
for the spontaneous came out through the orifice of the duct. 
The method could be applied to the temporary occlusion 

Figure 1. Axial computed tomography scans demonstrating 
bilateral calcified densities in the submandibular gland (ar-
rows).

Figure 2. Surgical approach to the stones in the warton’s duct or the hilum of the gland. A portion of sublingual gland overly-
ing the proximal duct was removed to expose the proximal duct(black arrow) and lingual nerve(white arrow). The lingual nerve 
crossing the wharton’s duct was retracted to the inside (A,B). The stone in the hilum of submandibular gland was exposed(arrow 
head) by pushing upward the subman¬dibular triangle using the fingers and incision made on the upper area of the Wharton’s 
duct where the stone was palpated (C,D).
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caused by tiny stones within the duct or inflammation. The 
treatment outcome of extracorporeal shock wave lithotripsy 
for submandibular duct stones that account for 80 - 90% of 
sialolithiasis has the tendency to be lower than for the parot-
id stone [4]. Sialendoscopy has advantages that it could di-
agnose other causatives of the obstruction of Wharton’s duct 
such as stricture, torsion, and polyp and treat them, nonethe-
less, it has limitations for the cases with large size stones or 
the cases associated with acute sialoadenitis [5].

For the cases with submandibular duct stones located in 
the distal area of the Wharton’s duct, simple removal of stone 
has been performed. On the contrary to this, the sialolithia-
sis in the proximal of the Wharton’s duct or sialolithiasis in 
the parenchyma of the submandibular gland, the excision of 
submandibular gland has been performed. In the excision of 
submandibular gland cases, injury of the marginal branch of 
facial nerve may occur in 12.5 % cases overall, and perma-
nent injury may be also developed in 7% [6]. In addition, not 
only the problems of the formation of scar, alteration of der-
mal sensation, taste formation, also functional prolems such 
as the reduction of salivation. Because of such problems, re-
cently, in the treatment of submandibular duct stones, efforts 
have been made to preserve the submandibular gland 

According to numerous reports, even if only the subman-
dibular gland of one side was removed, the salivation within 
the oral cavity was reduced and thus oral hygiene may be 
deteriorated [5]. In addition, even in the cases determined to 
require the excision of submandibular gland because chronic 
inflammation and atrophy of the submandibular gland were 
suspected to be caused by the stones, in postsurgical histo-
pathological findings, the cases with normal or almost nor-
mal excised submandibular gland tissues reached 57% [7]. 
According to reported studies, in the patients underwent the 

transoral removal of submandibular stones, function of the 
submandibular gland was assessed by scintigraph, and it was 
found that after the removal of stones, 75% submandibular 
glands recovered normal functions [8, 9]. Therefore, numer-
ous attempts have been made to preserve the submandibular 
gland. Furthermore, as in our case, in children developed 
submandibular duct stones bilaterally, more and more the 
method preserving the submandibular gland should be con-
sidered. 

In conclusion, our case was a young patient with the 
stones in the hilum of submandibular gland bilaterally. The 
removal of stones was performed by the intraoral removal of 
submandibular stones while preserving both salivary glands.
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Figure 3. Two stones smaller than 1cm in the hilum of both 
submandibular gland, and tiny one stone in the parenchyma of 
submandibular gland were removed.
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