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Patient 1 was a 4-month-old boy who was admitted to our

hospital due to a history of left cheek fistula and left ear mass

since birth. Intermittent watery fluid discharge was observed

from the cheek fistula, however, no redness, swelling, fever,

pain or other discomfort was present. A tip-sized fistula and

left preauricular appendage were observed (Fig. 1a) without

mandibular dysplasia. B-ultrasound examination showed that

the fistula extended to the adipose layer. Ectopic accessory

parotid system was therefore diagnosed on the medical history

and physical examination.

Patient 2 was a 10-month-old boy who also presented with

a congenital punctate skin opening on his left cheek that dis-

charged pellucid fluid, especially while eating. Bilateral preau-

ricular appendages with no other abnormalities were observed

Correspondence: Yibo Wu, MASc, Department of Pediatric Surgery, Shanghai Children’s Hospital, School of Medicine, Shanghai Jiao
Tong University, Luding Road No. 355, 200062 Shanghai, China. Email: yibo_wu1007@163.com
Received 28 March 2022; revised 26 May 2022; accepted 9 June 2022.

a

e f g h

b c d

Fig. 1 (a) Clinical manifestations consisted of a fistula located in the oral joint (red arrow) and an ipsilateral preauricular appendage
(green arrow). (b,c) The cheek hole was injected with methylene blue using a catheter to assist in the dissection of the fistula. Traction
sutures were placed on the fistula and the tissues around it, then traction was applied with the sutures to dissect the fistulous duct. (d–f)
The fistula (red arrow) and normal parotid (yellow arrows) as observed on magnetic resonance imaging (MRI). (g,h) H & E staining:
histopathology of the excised specimens showing salivary glands (green arrow) and the fistulous tracts (red arrow), which were enclosed
in squamous epithelium. Note: Panels a, b, c, g and h refers to patient 1; Panels d, e and f refers to patient 2.
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in the head–neck region and elsewhere in the body. The diag-

nosis was made on magnetic resonance imaging (MRI). Nor-

mal bi-parotids were observed on MRI, however, an

approximately 3-mm-diameter fistula was observed along the

lateral aspect of the left masseter muscle (Fig. 1d,e,f).

Under general anesthesia in patient 1, the cheek hole was

injected with methylene blue using a catheter to assist in the

dissection of the fistula. The duct was dissected by approxi-

mately 2.0 cm using the methylene staining as a guide for

complete removal (Fig. 1b,c). The skin defect was closed with

interrupted absorbable stitches and the preauricular appendage

was excised. Histopathology of the excised specimens con-

sisted of salivary glands and fistulous tracts. The fistulous duct

was enclosed with squamous epithelium (Fig. 1g,h). In patient

2, the same opetation was done. No recurrence or complica-

tions were observed in both patients during the 2 years and

1 year follow-up periods, respectively.

Ectopic accessory parotid system with congenital cheek fis-

tula (EAPS) and parotid gland malformations are rare. The

clinical manifestations consist of fistula located in the oral

joint, ipsilateral preauricular appendage and mandibular dys-

plasia. Patients with EAPS have an independent salivary gland

excretion system that includes a functional accessory parotid

gland and an ectopic duct that does not communicate with the

Stenson’s duct.1

B-ultrasonography is rarely used to diagnose EAPS because it

has a limited ability to visualize the ectopic duct and small ecto-

pic parotid tissue. However, Kulkarni et al.2 believed that B-ultra-

sonography was worth further consideration in diagnosing EAPS

because of the low cost and repeatability. In the present cases the

accessory parotid gland and ectopic duct were difficult to see on

B-ultrasonography. MRI and computed tomography (CT) have

several advantages and disadvantages for the diagnosis of EAPS.

Using MRI, the parotid gland, masseter muscle, parotid duct,

ectopic accessory parotid gland and fistula can be observed,1,3

while CT can show bone abnormalities, such as dysplasia of the

jaw.2 Because CT carries a radiation hazard, MRI is the preferred

diagnostic tool for pediatric patients.

Surgical excision is the primary method to treat EAPS. The

procedure entails a cheek skin and intraoral incision to remove

the fistula and parotid gland or to perform fistula diversion.

Some surgeons believe that intraoral incision is aesthetic,

while others believe that external skin resection is simple and

easy to perform. However, if it is an oral incision or cheek

skin resection, part of the skin would still have to be

removed.4 Regardless of the surgical procedure, the prognosis

after fistula resection is good. When fistulectomy is per-

formed, a few surgeons opt not to remove the accessory ear

and the anterior auricular depression.3 In addition to surgical

treatment, fistula injection with trichloroacetic acid and botuli-

num has also been reported,5 however, long-term follow-up

and/or prognosis data are lacking, therefore it is not possible

to make a comparison between the treatment strategies.

In the case of clinical symptoms of cheek fistula it is nec-

essary to perform preoperative CT or MRI to confirm the

presence of the duct, ectopic accessory parotid gland and dys-

plasia of the mandible for suspected EAPS. Because of the

favorable prognosis of surgery, we suggest that excision of the

ectopic duct should be the preferred treatment strategy.

Removal of the accessory appendage and anterior auricular

depression could be performed simultaneously.
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