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Introduction

Cheilitis Granulomatosa (CG) is a rare and unique
disorder first described by Miescher in 1945.[11t is
clinically and histologically indistinguishable from
orofacial granulomatosis introduced by Wiesenfeld,
in which there may be orofacial lesions in addition
to labial swelling.[>®/Itis an incomplete variant of
Melkersson-Rosenthal syndrome (MRS) where there
is a triad of recurrent lip edema, facial paralysis and
scrotal tongue (lingua plicata). In Miescher cheilitis,
the granulomatous changes are confined to the lip,
and hence is regarded as a monosymptomatic form
of Melkersson—-Rosenthal syndrome. We present a
case of CG in a Forty-year- old female patient who
came to the Dermatology OPD with the complaints of
swelling of the lips from the past two months.

Case Report

A Forty-year-old female presented with a persistent
and painful swelling of lower lip since past two
months (Figure 1). It was associated with dryness
of the lips since two months and itching of the
lower lips since one month. There was a history
of consumption of an ayurvedic medication (Rye
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Cheilitis Granulomatosa: A Case Report
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Cheilitis Granulomatosa (CG) is a chronic progressive swelling of the lip due to granulomatous
inflammation of unknown cause. When it is a part of a triad of recurrent lip edema, facial paralysis and
scrotal tongue (lingua plicata) it’s called as Melkersson-Rosenthal syndrome (MRS). Seen mostly in young
adults with a variable presentation; earliest cutaneous manifestation being a sudden diffuse or nodular
swellings involving the lip (upper>lower). Labial swelling and facial swelling is also seen. Less commonly,
the forehead, eyelids or one side of the scalp can also be involved.

grass) for 4 months before the onset of lesion. On
examination the patient had a diffused erythematous
swelling over the lower lip not associated with
scaling and ulcerations. Neither facial nerve palsy
nor fissuring of the tongue was present.

Figure 1: Before Treatment

No lesions were seen intraorally. Chest x-ray and
Mantoux test was normal, food allergy test (normal
range - <0.1 Ku/L) was positive for the following food
products

Chicken Meat: 0.4, Shrimp/Prawns:0.1,
Wheat:0.1,Milk:0.1, Baker Yeast-1.10, Tomato-
0.1,Corn/Maize-0.1, Carrot-0.1, Banana-0.3,Rice-0.1,
Rye Grass-0.5, Oat-0.1, IgE Total Antibody-436
IU/mL (normal range 0-378 IU/mL).

Lip biopsy revealed epidermis with mild spongiosis,
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Figure 4: After treatment

acanthosis and basal mixed inflammation, composed
of small well-formed non caseating epithelioid gran-
uloma, foreign body and langhans type giant cells,
lymphocytes and plasma cells. Pigment incontinence
noted (Figure 2 and Figure 3)

Figure 2: H& E 10X; showing epidermis and dermis with
granulomas

Figure 3: H& E 40X; showing granuloma with multinucle-
ated giant cells

Patient was advised to avoid above mentioned food
allergens and was treated with 65mg minocycline for
2 months and intralesional Triamcinolone Acetonide
10 mg/ml weekly once for 4 weeks following which
there was complete resolution. (Figure 4)

Discussion

CG is a chronic progressive swelling of the lip
due to granulomatous inflammation of unknown
cause. It has various presentation when seen as a
triad of recurrent orofacial swelling, relapsing facial
paralysis and fissuring of the tongue (lingua plicata)
it is termed as MRS. The presence of CG without
lingua plicata or facial palsies it is termed as Miescher

syndrome or Miescher’s Cheilitis.[!l Wiesenfield
introduced the concept of Orofacial granulomatosis

(OFG).!2%1 Today both CG and MRS are considered
subsets of OFG. Certain reports suggest some cases
may demonstrate an autosomal dominant inheritance
pattern.[#l Other authors have proposed a wide range
of causes including allergic reactions like —cobalt, [°!
food additives such as cinnamic aldehyde. %!
Dietary antigens such as Butylated hydroxyanisole,
Dodecyl gallate, Menthol, Monosodium glutamate,
Contact antigens (e.g. gold, mercury). It is also seen
as autoimmune mechanism, as an association with
sarcoidosis/®! and Crohn’s disease!’! and even as a
oral manifestation of systemic diseases. In our case
the patient had a swelling of lower lip associated
with pain and itching; there was a history of
usage of ayurvedic medicine (Rye grass). Lip biopsy
revealed mild spongiosis, acanthosis, small well-
formed non caseating epithelioid granuloma, foreign
body and langhans type giant cells, lymphocytes and
plasma cells and these findings were consistent with
diagnosis of CG. It should be differentiated from other
causes of swelling of lip like that induced because
of trauma, infection, systemic disease like Crohn’s
disease, sarcoidosis and angioedema. Topical and
intralesional steroid injections are the mainstay of
treatment. The dose depends on the severity of
swelling and usually patients are treated every week
for 2-3 weeks. Systemic therapy in recalcitrant
or severe disease includes the use of prednisone
(1 mg/kg), thalidomide, minocycline, and more
recently, monoclonal antibodies against TNF-a.

Conclusion

CG is a rare entity and treatment is difficult. The
present case report reveals the importance of food
allergy test and the role of food allergen in the
etiopathogenesis of the disease.

110 Journal of Medical Sciences and Health/Sep-Dec 2021/Volume 7/Issue 3



Diksha, et al: Cheilitis Granulomatosa

References

1.

Van Der Waal RI, Schulten EA, Van De Scheur MR,
Wauters IM. Starink TM, van der Waal I. Cheilitis
granulomatosa. J Eur Acad Dermatol Venereol.
2001;15:519-523.

Vibhute NA, Vibhute AH, Daule NR. Cheilitis granulo-
matosa: A case report with review of literature. Indian
Journal of Dermatology. 2013;58(3):242. Available
from: https://doi.org/10.4103/0019-5154.110858.
Wiesenfeld D, Ferguson MM, Mitchell DN, Macdonald
DG, Scully C, Cochran K. Oro-facial granulomatosis:
A clinical and pathological analysis. Q J Med.
1985;54:101-113.

Scully C, Langdon J, Evans J. Marathon of eponyms:
13 Melkersson-Rosenthal syndrome. Oral Diseases.
2010;16(7):707-708. Available from: https://doi.org/10.
1111/5.1601-0825.2009.01545.X.

Scully C, Bagan JV, Carrozzo M, Flaitz C, Gandolfo S.
Pocketbook of Oral Disease. London. Elsevier. 2012.
Cicardi M, Aberer W, Banerji A, Bas M, Bernstein JA,
Bork K, et al. Classification, diagnosis, and approach
to treatment for angioedema: consensus report from the

Hereditary Angioedema International Working Group.
Allergy. 2014;69(5):602-616. Available from: https:/

doi.org/10.1111/all.12380.

Mccarthy NR. Diagnosis and management of hereditary

angioedema. Br J Oral Maxillofac Surg. 1985;23:1
127.

Nanci A. Ten Cate’s Oral Histology. 6th ed. St Lo
Mosby. 2003.

Eggen S, Natvig B.
mandibularis and number of present teeth.
ropean Journal of Oral Sciences. 1986;94(3):2
240.
0722.1986.tb01758.x.

How to cite this article: Diksha , Sriram R, Gowda H,
Okade R. Cheilitis Granulomatosa: A Case Report. |
Med Sci Health 2021; 7(3):109-111

Date of submission: 03.03.2021
Date of review: 17.09.2021

Date of acceptance: 13.12.2021
Date of publication: 10.02.2022

23—

uis.

Relationship between torus

Eu-
33—

Available from: https://doi.org/10.1111/j.1600-

Journal of Medical Sciences and Health/Sep-Dec 2021/Volume 7/Issue 3

111


https://doi.org/10.4103/0019-5154.110858
https://doi.org/10.1111/j.1601-0825.2009.01545.x
https://doi.org/10.1111/j.1601-0825.2009.01545.x
https://doi.org/10.1111/all.12380
https://doi.org/10.1111/all.12380
https://doi.org/10.1111/j.1600-0722.1986.tb01758.x
https://doi.org/10.1111/j.1600-0722.1986.tb01758.x

