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Abstract
Background: Facial swelling due to pericoronitis associated with tooth eruption
commonly involves the wisdom teeth, but can rarely involve deciduous teeth or
permanent premolars. We report a very rare case of repeated facial swelling caused
by pericoronitis associated with the eruption of deciduous molars and a premolar.
Case: The patient was a 13-year 7-month-old Japanese girl with megacystis microcolon
intestinal hypoperistalsis syndrome (MMIHS), gingival fibromatosis and numerous
impacted teeth. She visited our clinic for investigation and treatment of left facial
swelling. Extraoral examination revealed swelling of the left mandibular angle
accompanied by a feeling of heat, and two submandibular lymph node masses were
palpable. Intraoral examinations revealed that the lower left deciduous molars had
started erupting and the gingiva on the buccal side of the deciduous molars was red and
swollen, while gingiva still covered the first premolar. We diagnosed facial swelling due
to pericoronitis of the lower left deciduous molars and first premolar. We disinfected the
periodontal pockets, then injected antibacterial ointment into them. Systemic antibiotic
was also administered and facial swelling disappeared. However, the patient stopped
taking the antibiotic and swelling of the left face recurred. We therefore resected the
gingiva covering the deciduous molars and first premolar to expose the crowns after
the inflammatory response subsided. No further swelling has occurred since the tooth
crowns were exposed. Conclusions: Gingival excision exposing tooth crowns after
the inflammatory response subsides appears effective for improving facial swelling
associated with tooth eruption in patients with MMIHS, by removing the bacterial flora
causing inflammation.
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1. Introduction

Pericoronitis is an inflammation of the gingiva and soft tissues
surrounding partially erupted teeth [1]. This inflammation
commonly involves the wisdom teeth, but can rarely involve
the premolars or primary teeth [2]. Pericoronitis is caused
by bacterial overgrowth in a confined space, exacerbated by
reduced cleaning of the periodontal pockets [3]. The peri-
odontal pockets in patients with pericoronitis harbor lower
levels of periodontal pathogens than those in patients with
periodontitis, and the microbiota in pericoronitis is highly
diverse [4]. As severe pericoronitis causes facial swelling,
a common treatment to relieve facial swelling is antibiotics,
extraction of the offending tooth or gingivectomy after the
clinical symptoms subside [1, 5].
Megacystis microcolon intestinal hypoperistalsis syndrome

(MMIHS) is a rare congenital gastrointestinal disorder with

poor prognosis [6–10]. The syndrome is characterized by
microcolon, decreased intestinal peristalsis and distended non-
obstructive bladder [7]. Since we reported oral findings from
a patient with MMIHS in 2018 [11], similar findings do not
appear to have been reported. We describe here a case with re-
peated facial swelling due to pericoronitis involving deciduous
molars and a premolar in a patient with MMIHS, and outline
the steps we took for treatment.

2. Case report

A 13-year 7-month-old Japanese girl with MMIHS visited
Dentistry for Children and Disabled Persons at Hokkaido Uni-
versity Hospital Dental Clinic in Sapporo, Japan. Her chief
complaint was left lower facial swelling that had started the
previous day. She also showed gingival fibromatosis, multiple
impacted teeth, mental retardation, motor retardation and

https://www.jocpd.com
http://doi.org/10.22514/jocpd.2025.145
www.jocpd.com


226

epilepsy. She has been taking levetiracetam, an anti-epileptic
agent, since she was 4 years 5 months old. Levetiracetam has
not been reported to have gingival proliferative effects. She
had no history of taking any other anti-epileptic drugs with
gingival proliferative effects. The gingiva appeared hyper-
trophic at birth. Her family medical history was unremarkable.
She was always fed via nasogastric tube. She was unable to
independently brush her teeth adequately due to mental and
motor retardation, but her oral cavity was cleaned daily by
her mother. Extraoral examination revealed swelling of the
left mandibular angle accompanied by a feeling of heat, and
two submandibular lymph node masses were palpable, each
the size of a broad bean (Fig. 1A,B). Body temperature was
normal. Intraoral examination revealed that the lower left
deciduous molars, which had been completely impacted since
birth, had started erupting (Fig. 1C, arrows). In addition,
the gingiva on the buccal side of the second deciduous molar
appeared red and swollen (Fig. 1C, arrowhead). X-ray imaging
showed that the dental crown of the lower left first premolar
overlapped with the crowns of the deciduous molars (Fig. 1D).
The oral examination and X-ray image showed that the first

premolar was present on the buccal side of the deciduous
molars, covered by the red and swollen gingiva. The depth
of the periodontal pocket for the lower left second deciduous
molar was 5 mm. The patient reported pain in the gingiva
around the lower left molars during brushing over the past
few days. We diagnosed facial swelling due to pericoronitis
of the lower left deciduous molars and first premolar. The
periodontal pockets of the deciduous molars and first premolar
were disinfected using cotton plugs with iodine tincture, then
antibacterial ointment containing minocycline hydrochloride
was manually injected into the pockets using a syringe with
nozzle. After administration of amoxicillin three times a day
after meals for one week through a transudate tube, facial
swelling disappeared. However, swelling of the left face re-
curred three weeks after stopping amoxicillin (Fig. 2A). Facial
swelling recurred three times over a 3-month period. Once the
inflammatory response subsided, we incised and resected the
gingiva covering the deciduous molars and first premolar to
expose the crowns (Fig. 2B). First, surface anesthesia (20%
ethyl aminobenzoate dental jelly) was applied to the gingiva
around the lower left molar, then a local anesthetic agent

FIGURE 1. Clinical and X-ray photographic findings at first facial swelling. (A) Frontal view of the face. (B) Lateral
view of the face. (C) Intraoral view. (D) X-ray image. White arrow indicates facial swelling. Yellow arrows indicate lower left
deciduous molars. Arrowhead indicates redness and swelling of the gingiva in (C). Double arrowhead indicates the lower left
first premolar in (D).
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(2% lidocaine with 1:80,000 epinephrine) was injected into
the gingiva. Next, to remove the gingiva covering the distal
buccal side of the lower left second deciduous molar, incision
lines were made from lingual to buccal and from distal to
proximal along the crown of the second deciduous molar,
and the marginal gingiva was removed. Incision lines were
then made along the buccal aspect of the first premolar from
distal to proximal side, and the marginal gingiva was removed
to expose the crown of the first premolar. Finally, incision
lines were made along the lingual crown surface of the first
deciduous molar, and the marginal gingiva was removed to
expose the crown of the first deciduous molar.

FIGURE 2. Clinical findings with the third episode of
facial swelling (A) and at surgery (B). (A) Recurrent facial
swelling. (B) Mirror image of the intraoral view immediately
after surgery. White arrow indicates facial swelling. Double
arrowhead indicates the lower left first premolar with central
tubercle.

Histopathological examination showed non-specific inflam-
mation of the resected gingiva derived from pericoronitis of
the lower left second deciduous molar (Fig. 3). The lower left
first premolar showed an unbroken tubercle on the occlusal
surface. We covered the tubercle with glass ionomer cement
to prevent pathological exposure of the pulp due to fracture or
attrition. As of 2 years 11 months postoperatively, we have
been providing oral care every 3 months. The patient has
shown no further swelling of the face since the crowns of the
teeth were exposed (Fig. 4A,B). Oral care has also continued

to be provided daily by her mother.

FIGURE 3. Histological image of the resected gingiva
at the time of surgery (hematoxylin and eosin, original
magnification ×4). Infiltration of inflammatory cells is
apparent. Dotted line indicates stratified squamous epithelium.
Solid line indicates fibrous connective tissues. Scale bar; 100
µm.

FIGURE 4. Clinical findings more than 1 year after
surgery. (A) Facial view. (B) Mirror image of the intraoral
view. Double arrowhead indicates the lower left first premolar.
A tubercle on the occlusal surface is covered with glass
ionomer cement.



228

3. Discussion

In the present report, we described a rare case of facial swelling
due to pericoronitis caused by deciduousmolars and a premolar
in a patient with MMIHS and gingival fibromatosis. Tooth-
related facial swelling in children is often due to severe caries
or fracture of a central tubercle, but rarely due to pericoronitis
associated with tooth eruption [2, 12–16]. The facial swelling
in this case was due to pericoronitis of the deciduous molars
and a premolar without a broken central tubercle. The optimal
treatment was considered to be resection of the gingiva cover-
ing the tooth crowns.
Gingival fibromatosis is a rare disease that involves slowly

progressive, local or diffuse enlargements of gingiva as a non-
syndromic hereditary gingival fibromatosis, part of a syn-
drome, or a side effect of certain pharmacotherapies [17–19].
Gingival fibromatosis was also present in this case. Aswe have
reported previously, gingival fibromatosis in this case was
probably part of a syndrome, because gingival proliferation
had been observed more than 4 years before the patient started
taking anti-epileptic drugs [11]. The fact that no one in her
family had gingival fibromatosis also ruled out hereditary
gingival fibromatosis. Gingival fibromatosis has been re-
ported to occur in several syndromes, including Cowden syn-
drome, Jones syndrome, Murray-Puretic-Drescher syndrome,
Ramon syndrome, Rutherfurd syndrome and Zimmermann-
Laband syndrome [19–21]. Although there have not been
any definitive reports on MMIHS with gingival fibromatosis,
it is suggested that some MMIHS cases are accompanied by
gingival fibromatosis [11]. Among patients with gingival
fibromatosis, aggressive periodontitis has been reported on
rare occasions [22–26], but no reports appear to have described
patients suffering from pericoronitis with associated facial
swelling. Bacterial infection is the main cause of periodontal
disease [26, 27]. In this case, significant gingival hyperplasia
was present and prevented easy plaque removal by applying
a toothbrush to the gingival sulcus of the erupting molars.
Inflammation was considered to be spreading from bacteria
retained in the gingival sulcus, leading to swelling of the
submandibular lymph nodes. During the eruption of teeth
in patients with gingival fibromatosis and systemic disease,
removal of plaque from the gingival sulcus must be performed
more carefully or mechanically at a dental clinic if the teeth
cannot be sufficiently brushed at home. After gingivectomy, it
is important for patients with gingival fibromatosis to regularly
visit the dental clinic for plaque control, and correct oral
hygiene is considered the basis for preventing relapse, with
sites of poor oral hygiene showing faster relapse [28–31].
Histopathological examination showed non-specific inflam-

mation of the resected gingiva derived from pericoronitis,
consistent with inflammation due to pericoronitis. Clinically,
these histopathological findings would manifest as pain, gin-
gival redness, and swelling, all of which were observed in the
present case.
In this case, amoxicillin as a systemic antibiotic was used

to relieve the symptoms of facial swelling. This was effective,
but the facial swelling recurred after the patient stopped taking
the antibiotic. According to a report that investigated whether
systemic antibiotics should be prescribed for pericoronitis, no

single randomized or non-randomized controlled trials have
assessed the harms and clinical effectiveness of systemic an-
tibiotics in adults with pericoronitis [32]. In children, appro-
priate prescription of antibiotics for orofacial infections in pe-
diatric outpatient settings has been reported [33]. Amoxicillin
was shown to be the most commonly recommended antibi-
otic for short durations of 3–5 days, with metronidazole or
azithromycin as alternative antibiotics for penicillin-sensitive
patients [33]. Proper use of antibiotics is necessary to prevent
antimicrobial resistance. When systemic administration of
antibiotics alone fails to achieve complete cure, other treatment
options need to be considered, such as gingivectomy in the
present case.

Many patients with MMIHS die in infancy from sepsis
[8]. This syndrome may thus predispose patients to infection.
Some points about immune function in patients with MMIHS
remain unclear. MMIHS is a variant of Hirschsprung’s disease
[34] and the composition of the microbiota in patients with
Hirschsprung’s disease is known to differ from that in healthy
individuals, showing a decreased richness of the overall mi-
crobiota [35]. In recent years, intestinal bacteria have been
reported to affect the host immune system [36–40]. We ac-
knowledge that this discussion is based on general knowledge
of MMIHS and remains limited by the fact that no specific im-
munological evaluations were performed in this case. Healthy
children rarely experience facial swelling due to gingival in-
flammation [2]. Patients with MMIHS may thus have reduced
immune function compared to healthy children, and the oral
and intestinal flora of patients with MMIHS may differ from
those of healthy subjects. In the present case, we did not
examine the bacterial groups present in the periodontal pockets
or gut. One challenge for the near future is thus to clarify the
immune function and bacterial flora ofMMIHS patients. Eval-
uating the bacterial flora may enable early detection of risks
for infection, inflammation, and digestive disorders, prediction
of disease risk and implementation of preventive measures.
Children with MMIHS are currently very rare, but will live
longer as medical care advances. Patients with this disease are
thus likely to be encounteredmore frequently in the near future.
Collaboration between pediatricians, gastroenterologists, and
dentists may provide a more comprehensive approach to the
care of patients withMMIHS. The present case report may help
improve oral management for patients with MMIHS.

4. Conclusions

Facial swelling due to pericoronitis of deciduous molars and a
premolar is rare. Resection of the gingiva covering the tooth
crowns may be a useful option to improve facial swelling due
to pericoronitis of deciduous molars and premolars.

ABBREVIATIONS

MMIHS, megacystis microcolon intestinal hypoperistalsis
syndrome.
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