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Cheilitis granulomatosa- A case report in an orthodontic patient
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ABSTRACT:

Cheilitis granulomatosa is a rare inflammatory disease with classical clinical features of diffuse, non-tender swelling
involving one or both the lips. It might be a part of some syndromes. Arriving at a diagnosis is a challenge to the dentist.
This case report attempts to throw some light on this rare disease.
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INTRODUCTION

Cheilitisgranulomatosa (CG) is an inflammatory
disease with classical clinical features of diffuse, non-
tender swelling involving one or both the lips. This
rare disorder was first reported by Miescher in
1945CG is oftenassociated with  Merkelson
Rosenthal syndrome(MRS) to form a triad alongwith
facial nerve palsy and fissured tongue (lingua
plicata).?However, only rarely all the three symptoms
of the triad are present together because of which the
diagnosis is established after several years of follow
up.®Both CG and MRS werecategorised as subsets of
Oro FacialGranulomatosis (OFG) by Wiesenfeld in
1985.4Episode of recurrent lip swelling is gradually
followed by a permanent enlargement of the lips
along with changes in the oral mucosa. Though it can
occur at any age, it is most commonly seen in the
second and third decade of life with no gender
predilection.®

The histological picture presents with non-necrotising
granulomas, oedema, perivascular  lymphatic
infiltration and lymphangiectasia.? The mere

histological findings are neither conclusive nor a
prerequisite for the diagnosis. The diagnosis can
usually be made by correlating the patient’s history
and the clinical features.” As the aetiology of CG is
unknown, various treatment modalities have been
proposed, however the effectiveness is limited, with
the first line of treatment being
intralesionalglucocorticoids.* & The differential
diagnosis may include post traumatic swelling,
neoplasm, actinic cheilitis, amyloidosis, angio-
oedema, sarcoidosis or erythema multiforme.®

CASE REPORT

A 25 years old female patient reported with the chief
complaint of swollen and thick upper and lower lips
since the last 15 years, undergoing orthodontic
treatment. No history of allergy, pain, facial paralysis,
loss of taste sensation, burning sensation or dryness of
mouth was reported. There was no significant past
medical or familial history. She had not undergone
any treatment for the swollen lips other than the
orthodontic treatment reported. The swelling of the
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lips was diffuse, soft and non-tender. Intra orally,
generalised gingival hyperplasia was present along
with a fissured tongue. Though the diagnosis of CG
could be made on the basis of history and clinical
presentation, punch biopsy was done to rule out other
diseases like amyloidosis or neoplastic diseases. (Fig.
1-3)

Fig. 3- Intraoral view

HISTOPATHOLOGY

The biopsy showed hyperplastic epithelium of
variable thickness. The superficial lamina propria was
oedematous and loose. The underlying fibrocellular
connective tissue had plenty of non-caseating
granulomas with Langhans type multinucleated giant
cells and perivascular lymphocyte aggregations [Fig.
4].

Fig.4- Histopathological view

Chest radiograph, Mantoux test, allergy and
sensitivity tests did not show any significant result.

DISCUSSION

CG is a chronic, persistent, painless swelling of one or
both the lips with distinct

clinicopathologic features. Spontaneous resolution is
seen very rarely. It is a chronic,non-necrotising
granulomatous inflammation in the submucosal
connective tissue.Mysterious etiology of CG includes
an autosomaldominant inheritance pattern
(responsible gene mapping to chromosome 9 p11)%,
allergic reactions', chronic infectious odontogenic
foci, autoimmunemechanism, as an association with
Crohn's disease and sarcoidosis or even as oral
manifestation of systemic diseases .‘?Finally, the
diagnosis of CG isachieved by correlating the
patient’s history and clinical features alongwith the
histopathological findings.

Since the etiology is not known, effectiveness of
treatment is limited. It is often misdiagnosed as an
allergic reaction, infection, Crohn’s disease or
sarcoidosisleading to alternate treatments with limited
results.* Crohn's disease and sarcoidosis are generally
associated with systemic signs and symptoms making
the diagnosis more definitive.’® It is oftenassociated
with Merkelson Rosenthal syndrome(MRS) alongside
facial paralysis and fissured tongue. Individual
presentation of CGwithout lingua plicata or facial
palsyis described as "oligosymptomatic"  or
monosymptomatic form or an incompletevariant of
Melkersson-Rosenthal syndrome orMiescher
syndrome or Miescher'sCheilitis.’* 1>Diagnostic tests
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such as chest radiograph, AFB stainingand Mantoux
test are required to exclude other etiologies of
granulomatous disease, such as sarcoidosis or
Mycobacteriuminfection. Gastrointestinal tract
endoscopy and contrast radiography are helpful to
exclude Crohn's disease. Patch tests/ allergy
sensitivity test can rule out the allergens and the food
additives in the pathogenesis of CG.

The first line of treatment includes topical, intra-
lesional or oral corticosteroid therapy, however the
relief is only temporary leading to recurrences.'®
Treatment with an anti-TNF agent (mainly infliximab)
is the most recommended therapeutic option for
granulomatous cheilitis (with or without CD) after
failure  of  conventional  treatments.!”> 18
Photobiomodulation (PBM) using Low-Level Laser
Therapies (LLLT) have proven to have significant
anti-inflammatory properties and facilitate tissue
repair.'® Significant reduction of the lip oedema, with

reduced transverse measurements and reduced
thickness with values close to 35% have been
achieved with PBM with no

recurrence.'®Cheilioplasty should be used as the last
resort in severely disfiguring cases only after the
disease has reached a quiescent phase followed by a
support phase of intra-lesional therapy to prevent
relapse.?

CONCLUSION
Since the diagnosis of CG isachieved by correlating
the patient’s history and clinical features alongwith
the histopathological findings, the expertise of the
clinician plays a great role in understanding the lesion
and its treatment.
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