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Figure 1. Levels of factor VIII clotting activity (%), factor VIII inhibitor (Bethesda unit), hematocrit (%) and the

required packed red cells during hospitalization.
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Figure 2. The X-ray finding of right foot revealed osteolytic lesions at the first metatarsal bone

(I::}) and fifth metatarsal bone (<) with edema of the surrounding soft tissue.
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Table 1. Factor VIII inhibitor and FVIIL:.C before and after plasma exchange and percent change of factor VIII

inhibitor after plasma exchange.

Day of Factor VIII inhibitor Factor VIIL:C (%) % Change of
Surgery (Bethesda Unit) factor VIII
Before exchange  After exchange Before exchange After exchange inhibitor
-6 > 660 - 0.4 - -
-1 240 320 0.4 0.3 +33%
0 360 220 0.3 0.3 -38%
280 40 0.2 0.2 -86%
20 20 0.2 0.5 0
8 20 20 0.3 0.3 0
11 40 20 0.2 0.6 -50%
22 20 5.2 0.2 0.4 -74%
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Treatment of Severe Hemophilia A with High-titer Inhibitor
by Plasma Exchange and Continuous Infusion of Recombinant

Factor VIII : A Case Report

Rungrote Natesirinilkul', Pimlak Charoenkwan', Ampaiwan Chuansumrit’,
Dumnoensun Pruksakorn®, Pannee Visrutaratna’, Rungnapa Jutavijittum®,

. 5 2
Nipapan Leetrakool’ and Ornkamon Wongtagun
Department of 'Pediatrics; “Internal Medicine; *Orthopedics; ‘Radiology; °Blood Bank, Faculty of Medicine, Chiang Mai University;
*Department of Pediatrics, Faculty of Medicine, Ramathibodi Hospital, Mahidol University

Abstract: An 11-year-old Myanmar boy without known previous illnesses presented with an enlarging mass at right
foot. Plain radiograph of the right foot showed osteolytic lesions at the first and fifth metatarsal bones. After an
incisional biopsy, the patient exhibited uncontrolled bleeding from the wound. Laboratory investigations showed
prolonged activated partial thromboplastin time (APTT) uncorrectable by the mixing test. Further investigations
revealed a diagnosis of hemophilia A with high-titer inhibitor (highest level of more than 660 Bethesda units).
The patient underwent a below-knee amputation of the right leg. Peri-operatively, he underwent nine times of
plasma exchange and received high-dose continuous infusion of recombinant factor VIII and cryoprecipitate. He
also received two doses of recombinant activated factor VII to control bleeding. After treatment, the inhibitor
level gradually decreased to the lowest level of 5.2 Bethesda units. The bleeding was controlled by the multi-
modality treatments. Pathology report showed hemophilic pseudotumors of the first and fifth metatarsal and
calcaneous bones of right foot.

Key Words : @ Hemophilia A @ Factor VIII inhibitor @ Plasma exchange ® Recombinant factor Vila

@ Hemophilic pseudotumor
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