
Abstract

Orofacial granulomatosis (OFG) is a granulomatous disease of the orofacial region which appears usually as 
a persistent and/or recurrent labial soft tissue swelling in the orofacial region and is characterized 
histologically by a granulomatous inflammation. OFG may cause significant cosmetic and functional 
problems but can be prevented if the disease is diagnosed early and promptly treated. This article describes a 
single case of orofacial granulomatosis (OFG). The diagnostic approach to and the treatment of orofacial 
granulomatosis (OFG) are reviewed.
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Introduction

Orofacial granulomatosis (OFG) is an uncommon, 

but increasingly recognized disorder characterized 

by persistent and/or recurrent labial swelling, oral 

ulcers and a variety of other orofacial features, in the 

absence of identifiable Crohn's disease of the 

intestine or sarcoidosis. Granulomatosis seems to 

cause lymphatic blockage, leading to a diffuse 

swelling of the lips and other sites because of lymph-
[1].

oedema  

The term OFG was introduced in 1985 by 

Wiesenfeld et al. referring to the presence of 

granulomatous inflammation in the orofacial region 
[2, 3].

 

The etiopathogenesis of OFG remains elusive, 

although minor immunological changes have been 

reported in a number of patients. Patients with OFG 

may have a history of atopy occasionally associated 

with food intolerance and also allergy to food 

preservatives and chocolate have been considered. 

As the removal of amalgam resulted in reduction of 

swelling of buccal mucosa and lips of OFG in isolated 

cases, delayed hypersensitivity to dental materials 
[4,5].has occasionally been implicated 

Microbiological agents and genetic predisposition 

factors are considered as etiological factors. 

Furthermore, attempts have been made to analyze 

the relationship between T cell and cytokines in the 
[2].pathogenesis 

The diagnostic dilemma may be further complicated 

by the fact that OFG may be the oral manifestation of 

a systemic condition, such as Crohn's disease, 

s a rc o i d o s i s  o r,  m o re  ra re ly,  We g e n e r ' s  
[6].granulomatosis  In addition, several conditions, 

including tuberculosis, leprosy, systemic fungal 

infections and foreign body reactions, may show 

granulomatous inflammation on histologic 

examination. The diagnosis of OFG is made by 

histopathologic identification of noncaseating 

granulomas. Local and systemic conditions 

characterized by granulomatous inflammation 

must be excluded by appropriate clinical and 
[7].laboratory investigations  The article outlines the 

diagnostic approach used to investigate a patient 

presenting with macrocheilia (lip hypertrophy) and 

discusses various therapeutic modalities used in 

treating OFG.

A Case Report

Address For Correspondence:
Dr. Roshani Thakur, MDS
Associate Professor,
Department of Periodontics and Oral Implantology, 
Pad.Dr. D.Y. Patil Dental College and Hospital,
Navi-Mumbai, Maharashtra
Email id: roshanithakur@hotmail.com

MAHARAJA KRISHNAKUMARSINHJI BHAVNAGAR UNIVERSITY 82

Associate Professor, *** Professor & Head, **** Associate Professor
Department of Periodontics and Oral Implantology, Pad.Dr. D.Y. Patil Dental College and Hospital, Navi-Mumbai, Maharashtra

**Professor,
Department of Oral Medicine & Radiology, R.A.Rangoonwala Dental College & Hospital, Pune, Maharashtra

 

OROFACIAL GRANULOMATOSIS: A CASE REPORT
Authors: Roshani Thakur*, R. Krishna Kumar**, Arvind Shetty***, Ranjeet Bapat****

Vol. 4  Issue-1  January 2014

B U J O DB U J O D



The differential diagnosis included OFG, 

angioedema (idiopathic or hereditary), sarcoidosis, 

Crohn's disease, Tuberculosis, Leprosy, Chelitis 

granulomatosa, Melkerson-Rosenthal Syndrome 

and Histoplasmosis. 

Investigations included an Orthopantomograph 

revealed generalized alveolar bone loss with bone 

loss upto apical one third in 42,41,31,32 

region(Fig. 3) and blood investigations that 

included hemogram, bleeding time, clotting time, 

total &  differential cell count which were normal. 

Additional investigations included a chest 

radiograph which was normal with no evidence of 

hilar lymphadenopathy, tests for diagnosing 

tuberculosis (AFB staining, Mantoux test, 

Auramine Rhodamine) which were negative and 

test to rule out leprosy (Lepromin test) was also 

performed which gave negative result. 

Skin biopsy and gingival biopsy obtained for 

histopathologic evaluation revealed several 

lymphocytes with varying number of plasma cells 

Case Report

A 40 year old female patient reported with chief 

complaint of generalized swelling and redness of 

the gums since 2 years and simultaneous 

enlargement and itchiness of the upper lip for about 

the same period.

The patient reported of painful gingival swelling 

with periods of exacerbation & remission since 2 

months. Also patient gave history of swelling over 

the cheeks in the morning since 15 days. The 

condition had been treated with surgical excision of 

gums once about 3 years back without any 

appreciable results.

The patient's past medical history was non-

contributory with no history of tuberculosis, 

diabetes, hypertension, asthma or allergy, 

abdominal pain, rectal bleeding, weight loss, 

hepatosplenomegaly or ocular problems. 

On extra oral examination, the upper lip (Fig. 1) 

presented with a diffuse swelling, the consistency 

being soft to firm. Local temperature was normal. 

Swelling was tender on palpation. Palpable, non 

tender, non fixed right & left submandibular lymph 

nodes were noted. 

Intraoral examination revealed generalized 

swollen, shiny, edematous, sessile, inflamed and 

reddish gingival enlargement in the maxillary 

and mandibular gingival region (Fig. 2). There 

were no appreciable changes on the dorsal surface 

of the tongue. 
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Fig 1: Pre-operative extra-oral view

fig 2: Labial view showing gingival  enlargement 

in maxillary and mandibular gingival region 

fig 3: Orthopantomograph revealed generalized alveolar

bone loss and alveolar bone loss upto apical one

third in 42,41,31,32 region
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and epitheloid cells interspersed in an edematous 

connective tissue (Figures 4, 5).

Special stain for fungi was negative. 

In order to rule out a monoclonal malignant plasma 

cell proliferation, immunohistochemistry with 

kappa and lamda light chains was done (Fig. 6). 

Thus, a final diagnosis of Orofacial Granulomatosis 

was made.

Once the diagnosis was established, systemic 

corticosteroid therapy (Prednisolone 50 mg per day 

for 7 days) was started ,well tolerated and later 

tapered off. Full mouth scaling and root planing was 

done and patient was kept under observation over a 

period of three months. Intralesional injection of 

dexamethasone [0.5 mg in 2 ml solution] alongwith 

topical application of triamcinolone acetonide 0.1% 

was done. A follow up shortly after the injections 

showed reduction in lip swelling (Figures 7, 8).

After 3 months since periodontal pockets persisted, 

flap surgery was performed in the upper arch and 

the lower anterior region. Healing was uneventful 

one week post-operatively. (Fig. 9, 9a, 9b & 10) 

Considerable reduction in extra and intra oral 

swelling was seen as the patient was recalled after 

15 days (Fig. 11) and subsequently after 6 months 

and thereafter 2 years (Fig. 12, 13). 
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Fig. 4: Histopathologically pseudoepitheliomatous 
hyperplasia of overlying epithelium replete with 
numerous sheets of plasma and  epitheloid cells and 
few giant cells indicative of plasmacytosis 

Fig 5: Histopathological picture showing numerous 

plasma cells and giant cells

fig 6: Immunohistochemistry showed strongly 
positive staining with kappa and lamda light chains 
non-indicative of malignancy

Fig 7 & 8: After thorough Scaling and Root
planing and recall of three months 

Fig 9, 9a, 9b &10: Flap surgery being performed
in the mandibular & maxillary arch
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persistent lip swelling and appropriate medical 

history and clinical examination help to direct the 

investigation.

The biopsy represents an important step in 

establishing the correct diagnosis.  Upon 

microscopic identification of granulomatous 

inflammation, special stains are used to rule out 

deep fungal infections or specific bacterial 

infections. 

Ancillary tests are ordered to assess whether a 

systemic disease is  responsible  for  the 

granulomatous inflammation.

Such tests might include assessment of angiotensin-

converting enzyme for sarcoidosis, complete blood 

count, erythrocyte sedimentation rate and serum 

levels of folic acid, iron and vitamin B12 for Crohn's 

disease and tuberculin skin test and chest 

radiography for tuberculosis. Gastrointestinal 

assessment is essential especially in the presence of 

signs of anemia and intestinal malabsorption and 

symptoms suggestive of Crohn's disease. 

The diagnosis of OFG is therefore a diagnosis of 

exclusion and is based on appropriate clinical and 
[6].pathologic correlation 

In patients presenting with classical OFG, the early 

diagnosis of the disorder is generally on the basis of 

clinicopathological findings, haematological and 

radiographic findings. However, it is not so difficult 

to rule out sarcoidosis, tuberculosis, leprosy, deep 

fungal infections, hypersensitivity reactions, 

acquired and hereditary angioedema, leukemic 
[1].infiltrates, and dentoalveolar abscesses 

Treatment for OFG is essentially symptomatic. 

Gradual improvement is seen over several years 

with a tendency to resolve spontaneously over long 
[8].

period of time 

Treatment objectives are to improve the patient's 

clinical appearance and comfort. First line 

treatment involves use of local or systemic 

corticosteroids or both. In the above case, a 

combination of systemic corticosteroids alongwith 

intralesional injection of dexamethasone, topical 

application of triamcinolone acetonide 0.1% and 

Discussion

OFG is a term for those cases restricted to oral region 

which are not associated with any other identifiable 

granulomatous disease. Gingival manifestations of 

OFG have been only rarely reported and when it is a 

solitary feature, may cause considerable diagnostic 

difficulty.  

The differential diagnosis of a persistent labial 

swelling includes angioedema, sarcoidosis, Crohn's 

disease, OFG, cheilitis granulomatosa and some 

specific infections (tuberculosis, leprosy and deep 

fungal infections). Amyloidosis, certain soft tissue 

tumours, minor salivary gland tumour and Ascher's 

syndrome may also be included in the differential 

diagnosis.

All the above conditions should be must be taken 

into account during investigation of a patient with 
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fig 11: 2 weeks post-operative view

fig 12: 6 months post-operative view

fig 13: 2 years post-operative extra-oral & intra-oral view
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of orofacial granulomatosis. J Oral Pathol Med 

2003;32: 200-5.
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Orofacial granulomatosis: review on etiology 
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37(4):191-5.

6. Kauzman. Orofacial granulomatosis: 2 case 
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management of 13 cases. J Oral Pathol Med 

2003; 32(10): 576-85

[9].surgical reduction was done with good results 

This is agreement with study by Sakunthabai 1993 

who tried surgical reduction and intralesional 

injections of triamcinolone with good degree of 
[10].success  Migogna et al 2004 also used high volume 

intralesional triamcinolone injections with good 
[11].outcome  The use of systemic corticosteroid 

therapy in treating OFG is limited because of the 

chronic, recurrent nature of the disease and side 

effects associated with long term use of these drugs 
[12].

O t h e r  t h e r a p e u t i c  m e a s u r e s  i n c l u d e  

hydroxychloroquine, methotrexate, clofazimine, 

Metronidazole ,  minocycl ine alone or  in  

combination with oral prednisone, thalidomide, 

dapsone and danazol but with varying degrees of 
[9].success 

Conclusion

Considering the small number of cases reported in 

literature of Orofacial Granulomatosis with gingival 

involvement may indicate that this entity is a rare 

occurrence, but as all cases do teach us, so did these. 

It taught us that in this plethoric world of oral 

diseases not a single case should be jerked as trivial 

but, in fact revere all cases with equal intensity of 

attention. The uncertainty of the outcome of clinical 

diagnosis of Orofacial Granulomatosis reinforces 

the need for appropriate investigation and careful 

reviews in the management of the condition.
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