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Background and Aims. Acquired hemophilia A (AHA) is a
rare autoimmune bleeding disorder associated with signifi-
cant bleeding morbidity. The AGEHA study established a
standardized emicizumab dosing regimen for AHA, but data
on plasma drug concentrations achieved in routine practice
and their clinical significance remain limited. We aimed to
describe serial emicizumab plasma concentrations and clini-
cal outcomes in patients with AHA receiving emicizumab.
Materials and Methods. We retrospectively analyzed all
patients with AHA who received emicizumab at the Padua
Hemophilia Centre between April 2024 and February 2026.
Clinical characteristics, FVIII activity, inhibitor titers, im-
munosuppressive treatment, emicizumab dosing regimens
and plasma concentrations, and clinical outcomes were col-
lected. Emicizumab concentrations were assessed during
the first month after treatment initiation.

Results. Six patients with AHA (4 males, median age 76.5
years [range 36-83]) received emicizumab during the study
period. Baseline characteristics, emicizumab exposure and
clinical outcomes are summarized in Table 1. Median FVIII
activity and inhibitor titer at diagnosis were 5.0% and 6.9
BU/mL, respectively. Two patients received the AGEHA load-
ing regimen, whereas four received individualized dosing
schedules. Plasma concentrations increased during the first

month and showed marked interindividual variability, rang-
ing from 11.0 to 57.9 pg/mL. Complete remission was
achieved in five patients, while one patient remained on cor-
ticosteroid therapy at last follow-up. One patient experi-
enced a relapse after achieving initial remission. No sponta-
neous breakthrough bleeding was observed. A single patient
experienced a suspected trauma-related bleeding episode ap-
proximately one month after emicizumab initiation despite a
plasma concentration of 40.4 pg/mL. Because recurrent
AHA could not be excluded, bypassing-agent treatment was
administered. The patient subsequently developed a distal
deep vein thrombosis in the setting of concomitant immobil-
ization. No additional thrombotic events were recorded. No
apparent relationship between plasma emicizumab concen-
trations and clinical outcomes was observed.

Conclusions. Emicizumab was associated with favorable
clinical outcomes in this real-world cohort of patients with
AHA, with no spontaneous breakthrough bleeding observed.
Despite the use of both standard and individualized dosing
regimens, plasma emicizumab concentrations showed subs-
tantial interindividual variability. Larger studies are needed
to clarify the clinical significance of emicizumab exposure
and the potential role of therapeutic drug monitoring in
AHA.
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Patient = Sex Age

(years)
1 M 70
2 F 78
3 M 80
4 M 83
5 M 75
6 F 36

&
5

AHA-associated

condition

Idiopathic

Autoimmune
hemolytic
anemia

Psoriatic
arthritis

Idiepathic

Bullous

pemphigoid

Postpartum
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FVill at Inhibitor at AGEHA

diagnosis diagnosis loading

(%) (BU/mL) regimen
6.7 3.4 No
3.3 8.6 No
8.1 4.0 No
11.0 11.0 No
1.5 5.1 Yes
1.0 15.0 Yes

AHA: acquired hemophilia A; DVT: deep vein thrombosis; FVIII: factor VIII.
* Developed after administration of bypassing agents for a suspected recurrence and in the setting of concomitant immobilization.

Table 1. Baseline characteristics, emicizumab exposure and clinical outcomes

Peak emicizumab
concentration

(ng/mi)

48.2

11.0

40.4

57.9

44.6

41.8

Breakthrough
bleeding

No

Suspected
trauma-related
bleeding

No

No
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Thrombotic Outcome
event

No Complete
remission
No Complete
remission;

relapse
Distal DVT® Complete
remission
No Complete
remission
No Complete
remission

No Ongoing

corticosteroid
therapy
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