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INTRODUCTION 

Osteofibrous dysplasia is an unusual tumour like fibro 

osseous lesion, originally described by Frangenheim P
3
 in 

1921. The other terms describing this condition are - 

congenital fibrous dysplasia and ossifying fibroma of 

bone.
2
 Though the lesion affects predominantly the 

proximal tibia, lesions in radius and ulna and fibula have 

been reported.
4-7

 Arvind Gupta has reported a lesion in 

proximal femur.
4
 There are two important differential 

diagnosis to this lesion, one is adamandinoma and the 

other fibrous dysplasia.
1
 Osteofibrous dysplasia is more 

common in first decade of life. The treatment modalities 

available are conservative and surgical. Surgical options 

available are, curettage and bone grafting, and extra 

periosteal excision and managing the gap, so created. 

Curettage and bone grafting is associated with high rate 

of recurrence. We are presenting a case of osteofibrous 

dysplasia of proximal tibia in a 5 year old girl who was 

successfully treated with curettage and bone grafting with 

a follow up of three years.  There was no recurrence of 

the lesion. 

First described by Frangenheim
3
 in 1921. Lee et al. had 

done a retrospective analysis of 16 patients from October 

1992 - October 2002. This is the largest series of cases 

reported. Of these 16 cases, one was diagnosed as  

adamantinoma and two were OFD with coexistent 

adamantinoma on histological examination. Therefore the 

total number was only 13. This indicates that the 

condition is very rare. It is also clear therefore that a 

histological diagnosis is mandatory in all suspected cases 

of OFD. Five of these patients had curettage and bone 

grafting and on all there was recurrence.  Recurrence rate 

was nil in extra periosteal excision, but there were other 

complications like non-union and decking site failure.  

They recommend that surgical treatment should be more 

radical to prevent recurrence. Fernando et al. had reported 

a case of OFD in a 45 year old woman. They had done 
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curettage and bone grafting and bone cementing with no 

recurrence after 1 year follow up.  

CASE REPORT 

Five year old female presented with pain and swelling 

over the upper right leg for 2 years.  Patient had history 

of trivial fall eleven months back following which she 

was not to able weight bear and walk. Patient was treated 

then with a plaster of pop slab application by a local 

doctor. She again developed pain 5 months back for 

which plaster splintage was repeated. On local 

examination of right lower limb thickening of the bone 

over the metaphyseal-diaphyseal region proximal third of 

the tibia. X-ray showed eccentric lytic lesion in the 

proximal shaft of the tibia (Figure 1). MRI revealed well 

defined oval lesion with surrounding endosteal sclerosis 

2.5 × 2 cm in the meta-diaphyseal region of the proximal 

tibia with pathological fracture involving the anterolateral 

cortex of the tibia suggestive of osteofibrous dysplasia or 

ossifying fibroma (Figure 2). 

 

Figure 1: Preop X-ray showing osteolytic lesion in the 

metaphyseal diaphyseal junction of the proximal tibia.  

 

Figure 2: MRI showing a well-defined oval cortical 

lesion eccenterically located in the meta diaphyseal 

portion of the proximal tibia.  

Patient underwent curettage and bone grafting of the 

lesion. 2 x 1 cm anterolateral cortical window was 

created at site of lesion (Figure 3a). Thorough curettage 

was done and the defect was filled with allograft (iliac 

crest graft) from screened mother which was harvested in 

an adjacent operation theatre (Figure 3b). To confirm the 

diagnosis curetted material was sent for histological 

examination. On microscopy the section shows a portion 

of fibro-osseous lesion composed of spindle cell stroma 

interspersed by spicules of mineralised bone (Figure 4). 

The limb was protected with a plaster splint for a period 

of 3 months. The graft gradually consolidated and new 

bone formation was apparent by 6 months. Remodelling 

of the medullary canal occurred at 1 year follow up. 

Child has been followed up to 3 years (till date) and there 

is no evidence of recurrence (Figure 5). The case 

illustrates that osteofibrous dysplasia can be effectively 

treated by curettage and replacement of defect by 

allograft from parents. 

 

Figure 3: a) Inraoperative picture showing a large 

cortical window. b) The defect was filled with 

allograft.  

 

Figure 4: Histopathology showing fibrosseous lesion 

composed of spindle cell stroma interspersed by 

spicules of mineralised bone.  

 

Figure 5: Postop x-ray at 3 years follow up.  
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DISCUSSION 

In a study by Campanacci et al.
2
 described that 

“osteofibrous dysplasia is histological similar to fibrous 

dysplasia. In a study by Kempson et al.
5
 described that 

the common site is the middle third of the diaphysis of 

the tibia, followed by the upper third and the distal third. 

Osteofibrous dysplasia is usually diagnosed in the first 

decade with high incidence of 1-5 years of age. Most of 

studies have reported that there is no sex preponderance. 

In a study by Park et al.
8
 reported that patient usually 

presents with pain, swelling and pathologic fracture. Our 

case presented with pain, swelling and pathological 

fracture of the proximal tibia.  In a study by Komiya and 

Inoue et al.
6
 reported that duration of symptoms varied 

from 2 months to five years. Our patient presented to us 

with pain over the right leg for 11 months.          

Radiologically it presents with an eccentric lytic lesion, 

surrounding margins with sclerosis, metaphyseal fibrous 

defect is usually present and bowing of tibia is seen if 

there is pathological fracture. Keeney et al.
4
 reported that 

the differentials of osteofibrous dysplasia has to be ruled 

out particularly in tibia to exclude other epitheliod tumors 

(fibrous dysplasia, non-ossifying fibroma, 

adamantinoma). On microscopy the section showed 

fragments of fibrous tissue with spicules of bone rimmed 

by active osteoblasts . Osteofibrous dysplasia should be 

confirmed histologically by biopsy for the correct 

diagnosis and appropriate treatment. Treatment options 

for osteofibrous dysplasia include either immobilization 

of the limb or surgical intervention. In skeletally 

immature patients treatment of choice is non-operative 

but surgical intervention is not contraindicated. 

Schoenecker et al.
9
 reported that recurrence rate in 

patients under fifteen years of age following curettage 

and bone grafting is repeated 69% to 100%. In our case 

as child had repeated pathological fractures and 

disability, we decided to surgically intervene inspite of 

the risk of recurrence. 

CONCLUSION 

The case illustrated that osteofibrous dysplasia in 

skeletally immature patients can be effectively treated by 

curettage and replacement of defect by allograft from 

parents. With proper curettage through a large window, 

recurrence rates can be minimized.  
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