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Acquired Palatal Fistula in Patients with
Submucous and Incomplete Cleft Palate before

Surgery
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It is uncommon for a palatal fistula to be detected in individuals who have not undergone
surgery, and only sporadic cases have been reported. It is even more difficult to find cases of
acquired palatal fistula in patients with submucous or incomplete cleft palate. Herein, we
present 2 rare cases of this phenomenon. Case 1 was a patient with submucous cleft palate
who acquired a palatal fistula after suffering from oral candidiasis at the age of 5 months.
Case 2 was a patient with incomplete cleft palate who spontaneously, without trauma or
infection, presented with a palatal fistula at the age of 9 months.
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INTRODUCTION

Palatal fistula is a relatively common postoperative complication.
However, it is unusual for a palatal fistula to be found in patients
who have not undergone surgery. Only sporadic cases of congen-
ital palatal fistula have been reported [ 1-8]. Even fewer cases have
been reported of acquired palatal fistula in cleft palate patients [9-
11]. This report presents 2 clinical cases of acquired palatal fistula

without any apparent associations with surgery or trauma.

CASES

Casel
A 2-month-old girl presented with a bifid uvula without any

other abnormal findings. At that time, no zona pellucida was ap-
parent. She had no family history of congenital anomalies. The
pregnancy had been uncomplicated and the patient did not
have a history of trauma. She had no underlying diseases other
than a sacrococcygeal dimple, which was under observation.
Since birth, she had experienced difficulty sucking; hence, pow-
dered milk feeding with a specialized bottle was initiated instead
of breastfeeding. A total of 11 weeks after the first visit, she was
referred for loss of appetite and was diagnosed with oral candi-
diasis. At the time of referral, the patient had a whitish palatal ul-
cer (Fig. 1). She was prescribed an oral antifungal agent and the
disease continued its course for 3 days. However, after a week,
she refused oral feeding and a leaking sound was observed when
she sucked on a bottle. After 5 days of antifungal therapy, no
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more clinical evidence of disease progression was found. Upon
examination, a small palatal fistula was detected at the junction
of the hard and soft palate, and according to her parents, the fis-

tula had increased in size over time (Figs. 2-4).

Case2

A 3-month-old boy presented with a cleft palate. He was born
after an uncomplicated full-term pregnancy, without any other
underlying disease. He was initially diagnosed with an incom-
plete cleft palate involving only the soft palate, and exhibited a
palpable notch and a zona pellucida confined to the posterior

Fig. 1. Whitish palatal ulcer in case 1

This ulcer was detected
at the time of diagnosis
of oral candidiasis. At
that time, no fistula was
present in the palate.

Fig. 2. Palatal fistula in case 1

This fistula was observed
after the resolution of
the fungal infection. A
small hole was detected
at the junction of the
hard and soft palate.

Fig. 3. Preoperative design in case 1

The posteriorly based
flap on the left-side of
the palate and the ante-
riorly based flap on the
right-side of the palate
had angles of 60°.
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hard palate at the age of 3 months. After 6 months, a fistula was
observed in the posterior third of the hard palate. According to
his parents, no remarkable events had occurred between the vis-
its. The fistula was 1 x 3 mm in size and located at the junction

of the soft and hard palate (Figs. 5, 6).

Surgery

In both patients, the fistula and cleft palate were simultaneously
repaired using Furlow double-opposing Z-plasty at the age of 14
months. The incision line was drawn along the margin of the
fistula and was subsequently extended along the midline of the

Fig. 4. Postoperative image of case 1

Palatal fistula and cleft
palate were simultane-
ously repaired using
Furlow double-opposing
Z-plasty in case 1.

A 1X3-mm fenestra-
tion was observed at the
junction of the hard and
soft palate.

Palatal fistula and cleft
palate were simultane-
ously repaired using
Furlow double-opposing
Z-plasty in case 2.
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soft palate and uvula. Dissection was performed without diffi-
culty and a bony defect of the hard palate was detected during
the surgery. The patients were discharged without any compli-

cations, including recurrent fistula (Figs. 4, 6).

DISCUSSION

Although palatal fistula is one of the most common complica-
tions of cleft palate surgery, its presentation in patients who have
not undergone surgery is rare, and the cases that have been re-
ported involved submucous cleft palate [1-7]. In 1931, Veau and
Borel [8] first reported the phenomenon of congenital palatal
fistula. Since then, approximately 30 cases have been reported in
the literature worldwide. The majority of the reported cases pre-
sented with palatal fistula at birth or it was not stated whether
the fistulae were acquired after birth or otherwise. Fara [2] re-
ported that congenital defects of the hard palate were involved
in 0.17% of cleft palates, 0.32% of isolated medial palate clefts,
and 6.02% of submucous cleft palates. Mehendale and Sommer-
lad [S] reported that 2.17% of submucous cleft palate patients
presented with perforation.

However, in the present case, the palatal fistulae were acquired
after birth, indicating that they were not congenital. Very few re-
ports of acquired palatal fistulae have been published. Similar to
this case, Karabulut et al. [9] reported hard palate perforation
due to invasive aspergillosis in patients with acute lymphoblastic
leukemia. However, those patients suffered from an immuno-
suppressive disease and thus were vulnerable to fungal infec-
tions. Two reports similar to the present case have been pub-
lished, describing cases of acquired palatal fistula with an isolat-
ed cleft palate. Weijerman and Heybroek [10] reported perfora-
tion in a case of submucous cleft palate due to an aphthous ulcer.
Guzel et al. [11] reported a case of palatal fistula that developed
after primary tuberculous dacryoadenitis. However, in these
cases, the perforation occurred when the patients were adults, at
the ages of 20 and 40 years, respectively.

The mechanism of palatal fistula in patients who have not un-
dergone surgery is debatable. The controversy lies in whether
the prenatal or postnatal palatal fistula is acquired secondary to
destruction of the thin mucosa in a submucous cleft palate or is
an isolated condition regardless of cleft palate. Fara [2] proposed
that it is due to the intrauterine rupture of a wide submucous
cleft in the area of the greatest tension, which is the posterior part
of the hard palate. Furthermore, in other studies, the mucosa in
the submucous cleft palate was intact at birth but subsequently
presented with a hole, suggesting spontaneous rupture or a trau-
matic etiology [5,6,10]. In several reports, submucous cleft pal-
ate was not accompanied by palatal perforation, suggesting that
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it occurred due to an embryological malformation [1,3]. The
present case strongly supports the former etiology; that is, oral
candidiasis was the cause of palatal fenestration, which is sup-
ported by the photograph taken before the perforation (Fig. 1).

In the present case report, case 1 is notable in that it is the first
case of acquired palatal fistula to have occurred in a patient with
suspected submucous cleft palate in early infancy due to oral
candidiasis. Although oral candidiasis is prevalent in patients
with acquired immune deficiency syndrome, in immunocom-
promised patients, or in patients taking glucocorticosteroids, su-
perficial infections are not uncommon in infants and the elderly
[12]. Furthermore, the photograph taken before the perforation
demonstrates the patient’s clinical history, whereas previous re-
ports only contain narrations of patients” histories. Case 2 is re-
markable in that the palatal mucosa was perforated spontane-
ously in an area that was discontinuous with the existing incom-
plete cleft.

Unlike the other forms of cleft palate, submucous cleft palate
may not result in speech disorders [13]. Submucous cleft palate
is associated with poorer speech outcomes after surgery than in-
complete cleft palate [14]. Therefore, it is widely accepted that
surgical correction should be delayed until the age of 3 or 4
years, when velopharyngeal incompetence becomes apparent.
Here, we that recommend surgeons observe submucous and in-
complete cleft patients regularly before surgery, as palatal perfo-

ration may occur spontaneously.
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