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            Abstract

            
               
Xanthogranulomatous inflammation is a form of chronic inflammatory process with collection of foamy macrophages in sheets,
                  often with presence of giant cell reaction. Here, we present a case of xanthogranulomatous osteomyelitis of tibia in a 43
                  years old patient, which is a rare pathological entity and possibly was reported first in 1984. The histopathological sections
                  revealed dense collection of lympho-plasmacytic infiltrate in the marrow spaces with syncytial sheets of foamy macrophages
                  admixed with numerous classical Touton giant cells.
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               Introduction

            Xanthogranulomatous inflammation is a form of chronic inflammatory process with collection of foamy macrophages in sheets,
               often with presence of giant cell reaction. Classically, xanthogranulomatous inflammation is often reported in pathological
               conditions of gall bladder and kidney. An entity named juvenile xanthogranuloma is regarded as a variant of histiocytic neoplasm
               of hemato-lymphoid lineage. Here, we present a case of xanthogranulomatous osteomyelitis of tibia in a 43 years old patient,
               which is a rare pathological entity and possibly was reported first in 1984.1

         

         
               Case Report

            A 43 years old male sustained a closed fracture of Tibial shaft following a road traffic accident and open reduction with
               internal fixation was done in the Emergency OT along with implantation of Tibial nail. The post operative period was uneventful
               under high doses of parenteral antibiotic regimen. However, following the next visits, 6 weeks after the incident, the patient
               complained of loco-regional swelling, which soon gave rise to discharging sinuses. An X-ray was sought, which revealed the
               presence of sequestrum with collection inside the medullary cavity, surrounding the implant. A sequestrectomy & saucerisation
               along with removal of implant was planned; and the case was managed further by Illizarov’s technique of external fixation.
               The curetted infected marrow material was sent for histopathological examination.
            

            The histopathological sections revealed dense collection of lympho-plasmacytic infiltrate in the marrow spaces with syncytial
               sheets of foamy macrophages, obliterating the medullary cavity. Numerous classical Touton giant cells were evident, interspersed
               within the histiocytes. So, a diagnosis of Xanthogranulomatous osteomyelitis was made.
            

            
                  
                  Figure 1

                  Sheets of foamy macrophages, 400X, H & E [Touton giant cell inset]
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               Discussion

            In 1984, Cozutto1 reported the first two cases of xanthogranlomatous osteomyelitis, one involving the first rib and the other involving tibial
               epiphysis. This particular entity is important to recognize, as clinically and radiologically it can mimic neoplasm from every
               respect. A long array of differential diagnoses like Langerhans cell histiocytosis, Erdheim Chester disease, chronic recurrent
               multifocal osteomyelitis(CRMO), even metastatic renal cell carcinoma may get included in the list.
            

            Borijan et al2 reported a multifocal case of xanthogranulomatous osteomyelitis in a 14 years old Afgan male, involving the humerus and the
               fibula. Kamat et al3 and Solooki et al4 have described two similar cases involving distal part of tibia, in a 13 year and 15 year old boy, respectively. 
            

            Pathak S et al5 reported a case of xanthogranulomatous osteomyelitis of hip in a 43 years old female patient, which simulated TB hip. The
               patient also gave a history of ATD intake during the last five months.
            

            Vankalakunti et al6 reported a similar case in a 50-year-old post menopausal female manifesting as an expansile osteolytic lesion of ulna, while
               Baisakh M R et al7  reported bilateral occurrence of this pathology in a 21-year-old female, involving the lower end of femur and upper end
               of tibia. The entity presented as lytic lesions of bone on x-ray.
            

            Our patient is now under high doses of parenteral antibiotic regimen, which may be adjusted further after arrival of the culture-sensitivity
               report. The inflammatory markers are gradually showing signs of improvement and patient is clinically improving according
               to our expectation.
            

         

         
               Conclusion

            The interesting entity of xanthogranulomatous osteomyelitis can be clinically vexing for the orthopaedic surgeon. Accurate
               diagnosis is necessary for planning further line of management as well as for overall outcome of the patient.
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