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Immune tolerance induction in the treatment of paediatric haemophilia A patients with

factor VIl inhibitors
A. Unuvar, I. Warrier and J. M. Lusher
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Table 1. The characteristics of 14 haemophilia A patients with inhibitor (INH).

Inhibitor titre (BU)

Patient Age at Exposure Interval between FVIII dose*
number  first INH days until INH  HP  Onset of ITI Max. during ITT  first INH and ITI (type of FVIII) IET
Responders
1 13 months 14 34.0 20.0 3.8 6 months 100 (R) 7 months
2 1 year 14 54.0 3.2 95.0 4 years 100 (PD) 8 months
3 18 months 13 153.0 5.9 388.0 3 years 50 (R) 7 months
4 2 years 4 11.2 1.5 9.2 4 years 100 (PD) 8 months
N 6 months s 30.0 11.0 0.0 6 months 100 (R) 1.5 months
6 12 years ? 4.6 4.4 0.0 S years 50 (R) 1 month
7 1 year ? 45.0 6.9 224.0 11 years 100 (R) On therapy
8 3.5 years ? 160.0 1.8 1.9 13.5 years 50 (PD) 5 months
9** 15 months 12 24.0 22.0 2.5 13 months 100 (R) 7 weeks
10 18 months ? 90.0 0.7 1.58 15.5 years 50 (PD) 7.5 months
11 13 months 8 208.0 11.0 139.0 2 years 100 (R) 0
Non Responders
12 3 months 8 207.0 207.0 64.0 20 days 100 (R) N/A
13 3 years 4 1280.0 66.0 714.0 8 years 200 (R) N/A
14 2 months 14 84.0 84.0 124.0 1 day 100 = 200 < (R) N/A

IET, inhibitor elimination time; HP, historical peak; R, recombinant FVII[; PD, plasma-derived FVIII; ?, unknown; N/A, not applicable as
patient failed ITI regimen. *FVIII dose measured in U kg™'d™". ** Anamnestic response.

Haemophilia (2000), 6, 150-157
© Blackwell Science Ltd.

28



Abstract: A. Unuvar, et al.

Table 2. Factors affecting the success of ITI.

Mean = SD Median Range
Age at onset of first inhibitor (months) S 35.8 =455 18.0 6-144
F 9.0 6.1 12.0 2-13
Exposure days S 9.6 +4.7 12.0 4-14
F 11.0 £ 4.2 11.0 8-14
Inhibitor titre (BU)
Historical peak S 63.3 £ 63.0 32.0 4.6-160
F 112.3 = 85.1 84.0 45-208
At onset of ITI S 39.6 + 56.5 15.5 1.5-160
F 46.7 = 36.5 45.0 11-84
Maximum titre during ITI S 50.9 = 136.3 2.2 0-388
F 162.3 = 53.9 139.0 124-224
Age at onset of ITI (months) S 100.0 = 88.4 66.0 13-204
F 64.7 £ 72.5 48.0 2-144
Interval between first INH and ITI (months) S 63.9 + 694 42.0 6-186
F 78.0 = 76.4 78.0 1 day-132 months

S, successful tolerance; F, failed ITI.
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IET, Inhibitor elimination time; no., number of patients; *Inhibitor
titre less than 2 BU, and FVIII recovery at least 50% of norm.
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